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Abstract

Background: There are calls to explore psychological interventions to reduce distress in patients with motor
neuron disease (MND) and their family caregivers. Dignity therapy is a short-term psychotherapy intervention
shown to alleviate distress for people with life-limiting illnesses.

Objectives: To assess the acceptability, feasibility, and effectiveness of dignity therapy to reduce distress in
people with MND and their family caregivers.

Methods: The study used a repeated-measures design pre- and post-intervention. Acceptability and feasibility
were assessed using participants’ ratings of the helpfulness of the intervention across several domains and time
and resources required. Effectiveness measures for patients included: dignity-related distress, hopefulness, and
spiritual well-being; and those for family caregivers included burden, hopefulness, anxiety, and depression.
Results: Twenty-seven patients and 18 family caregivers completed the intervention. Dignity therapy was well
accepted, including those patients who required assisted communication devices. The feasibility may be limited
in small or not well-resourced services. There were no significant differences in all outcome measures for both
groups. However, the high satisfaction and endorsement of dignity therapy by patients suggests it has influenced
various important aspects of end-of-life experience. Family caregivers overwhelmingly agreed that the dignity
therapy document is and will continue to be a source of comfort to them and they would recommend dignity
therapy to others in the same situation.

Conclusions: This is the first dignity therapy study to focus on MND and on home-based caregiving. Results
established the importance of narrative and generativity for patients with MND and may open the door for other
neurodegenerative conditions.

Introduction experience significantly more negative emotions, particu-
larly hopelessness and helplessness, than patients with

ALTHOUGH MOTOR NEURON DISEASE (MND) is a rela- cancer.
tively rare disease, with an annual incidence of ap- A comprehensive review of the literature revealed that the
proximately 2 per 100,000, approximately half of patients die  experience of diagnosis, assisted ventilation, cognitive
within 2.5 years of symptom onset and 1.2 years of diagno- changes, and end-of-life decision-making create challenges
sis"? and the burden of disease for the individual affected and ~ within a short time for MND caregivers, underscoring the
family is substantial.>~> Disease progression is often rapid, need for supportive interventions.® People with MND and
with high levels of disability changing over months rather their families often describe their care experiences as unre-
than years and the consequent need for support, including lenting and worse than cancer because of the progressive
assistance with feeding, communication, movement, trans- nature of the disease and the hopelessness of recovery.4’10’ll
ferring, toileting, and other personal daily living tasks.®’ To date, there are few nonpharmacologic interventions
From diagnosis, people with MND experience relentless  specifically designed to lessen the suffering or existential
loss.® Previous research has shown that patients with MND  distress that patients experience toward the end of life.
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Dignity therapy is one such therapy that has been shown to
alleviate distress in individuals with end-stage cancer'? and
in older patients'® and has demonstrated benefits for family
members by moderating their bereavement experience.'* The
randomized controlled trial (RCT) findings 2 showed that
dignity therapy outperformed standard care and client-cen-
tered care in a palliative care population in which 96% had
malignant conditions.

Dignity therapy is a novel, brief approach based on an
empirically validated model of dignity in terminally ill peo-
ple.'>"'7 Patients are invited to discuss issues that matter most
or that they would most want remembered about their life.
Sessions are transcribed and edited with a final version
(generativity document) returned to the patient, for the pa-
tient to bequeath to a family member or a friend, thus be-
coming part of a personal legacy.

In the MND literature, there is a paucity of research on
development and implementation of psychological inter-
ventions. This feasibility study answers such calls to explore
studies of existing psychological therapies as a step to reduce
distress in patients with MND and their family caregivers.'®

Objective

Our study aimed to test the acceptability, feasibility, and
effectiveness of dignity therapy for people living with MND
patients and their family caregivers while still engaged in
caregiving. The hypotheses were that: (1) dignity therapy
would be acceptable and feasible for both patients and
caregivers; (2) dignity therapy would reduce dignity-related
distress and increase quality of life, hopefulness, and spiritual
well-being in patients; (3) dignity therapy would decrease
caregiver burden, depression, and anxiety and improve
caregiver hopefulness.

Methodology

Ethical approval was obtained from Curtin University
Human Research Ethics Committee. The study design is
cross-sectional using a single intervention group and repeated
measures pretesting and posttesting.

Setting and participants

Participants were recruited from the support organization,
the MND Association of Western Australia (MNDAWA)
where they were registered as members (not all people with
MND in Western Australia are members). All patients were
diagnosed by neurologists. MNDAWA sent out invitations to
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patients and their family caregivers living in the metropolitan
and rural areas of Western Australia (2011-2013). We
planned to recruit 50 patients, and where available, their
family caregivers.

Intervention (see Table 1 for questions protocol™®)

The therapy was provided by a psychologist who com-
pleted a training workshop with the therapy originator, Har-
vey Max Chochinov. At the first visit, the therapist reviewed
the patient and family caregiver information and consent
forms (which were mailed to participants prior to the visit)
and sociodemographic and baseline outcome measures were
collected from the patient and family caregiver. A dignity
therapy session followed within 2-3 days, was tape recorded,
and a verbatim transcript was prepared within 1-2 days.
Another appointment was made to edit the transcript during
which the participant was invited to make corrections, clar-
ifications, or additions as desired. In the last dignity therapy
visit, the final bound transcript was provided to the partici-
pant with as many copies as the participant requested. Post-
testing occurred with both the participant and family
caregiver 1 week after the final dignity therapy document has
been provided. Posttesting questionnaires were sent out and
returned by post to reduce the response bias.

Eligibility criteria

The patient was eligible if he or she had a diagnosis of
MND, was at least 18 years of age, able to read and speak
English, and able to provide informed consent and has
achieved, prior to the interview, a score of less than 15 on the
Short Blessed Orientation-Memory-Concentration —test
(BOMC), which is a cognitive screening test.”’ Family
caregivers needed to be at least 18 years of age, able to read
and speak English, provide informed consent, and be in-
volved in the patient’s daily care.

The feasibility of facilitated communication with people
with MND (keyboard, handwriting, communication board,
etc.) was also explored.

Outcomes for acceptability and feasibility

Outcomes for acceptability were measured through ratings of
participants’ views on whether the intervention has helped them
and their family with response options ranging from strongly
disagree to strongly agree. Patient feedback was elicited on their
experience and included improvement in quality of life, spiri-
tual well-being, greater sense of having control on one’s own

TABLE 1. DIGNITY THERAPY QUESTIONS Protocor "’

e Tell me a little about your life history, particularly the parts that you either remember most or are most important?

When did you feel most alive?

e Are there things that you would want your family to know or remember about you?

they important to you and what did you accomplish?

What are your hopes and dreams for your loved ones?

What are the most important roles you have played in your life (family, work, community service, etc.)? Why were

What are your most important accomplishments, and what makes you feel most proud?
Are there things that you feel need to be said to your loved ones or things that you would want to say again?

What have you learned about life that you want to pass along to others? What advice or guidance would you wish to

pass along to your child(ren), husband, wife, parents, other(s)?

Are there important words or instructions you would like to offer your family?

e In creating this permanent record, are there other things that you would like included?
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life, feeling more respected and understood, and having a
heightened sense of dignity. Caregiver feedback was elicited on
their experience in terms of a benefit to the patients and them-
selves, reduced sense of caregiver stress, greater sense of hope,
and better preparation for end of life.

Outcomes for feasibility were measured through the
number of visits by therapist, number of days to complete the
therapy, time taken by therapist to deliver the therapy in-
cluding interviewing, editing, and travel.

Outcomes for effectiveness
The patient outcome measures for effectiveness were:

e Dignity-related distress as measured by Patient Dignity
Inventory (PDI)*! was the primary outcome. This 25-item
measure evolved directly from the empirical model of
dignity in the terminally ill'” and corresponds to each of
the models’ themes and subthemes, including physical
distress, social support, dependency, existential distress,
and peace of mind. This measure has been shown to have
good face, internal, test-retest, and concurrent validity
(coefficient «=0.93). PDI has 5 response categories
ranging from 1=not a problem to 5=an overwhelming
problem. Higher scores indicate higher distress.

e Quality of life as measured by the Amyotrophic Lateral
Sclerosis Assessment Questionnaire-5 (ALSAQ-S).22
This is a disease-specific health-related quality of life
instrument for use in studies of patients with MND/
ALS, and has been found to be a valid measure similar
to the longer version. It has 5 response categories from
O=never to 4=always. Higher scores indicate lower
quality of life.

e Spiritual well-being as measured by the Functional As-
sessment of Chronic Illness Therapy-The 12-item
Spiritual Well-Being Scale (FACIT-sp 12).* This is a
brief self-report measure designed to assess the nature
and extent of a person’s spiritual well-being with two
subscales (Faith, Meaning/Peace). It has strong internal
reliability (coefficient o.=0.87 for the total scale, 0.88 for
the faith factor, and 0.81 for the meaning factor) and 5
response categories from O=not at all to 4 =very much.
Higher scores indicate higher spiritual well-being.

e Hopefulness as measured by the Herth Hope Index
(HHI).** This brief 12-item self-report measure of hope
consists of three dimensions: temporality and future, pos-
itive readiness and expectance, and interconnectedness.
HHI is reliable (coefficient «=0.97) and it has 4 response
categories between 1 =strongly disagree and 4 = strongly
agree. Higher scores indicate higher hopefulness.

The family caregiver outcome measures for effectiveness
were:

e Caregiver burden as measured by the Zarit Burden
Interview (ZBI-12) was the primary outcome.”>*’ The
brief 12-item version has demonstrated comparable
results to the full version (ZBI-22) and is reliable (co-
efficient 2=0.87). It has 5 answer categories between
O=never and 4 =nearly always. Higher scores indicate
higher caregiver burden.

e Anxiety and depression as measured by The Hospital
Anxiety and Depression Scale (HADS), which is a 14-
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item instrument, structured as a four-point Likert scale,
widely used as a screening tool for anxiety and depression
in terminally ill people.?® It is deemed reliable and valid
with Cronbach’s alpha for the anxiety subscale ranging
from 0.68 to 0.93 and the depression subscale ranging
from 0.67 to 0.90.% Higher scores indicate higher anxiety
and depression. Cutoff scores of 8 and higher identify
possible cases, 11 or higher identify probable cases.
e Herth Hope Index (as above for patients).

Analyses

SPSS, version 22 (IBM SPSS, Armonk, NY) was the soft-
ware package used for statistical analysis. Analyses were done
on all participants with available data at baseline and at the end
of the study intervention. Data were summarized using standard
descriptive measures. Preintervention versus post-intervention
comparisons were carried out using the paired ¢ test if the data
were normal or the Wilcox signed-rank test if it was not. All
comparisons were carried out on a two-tailed basis.

Results
Response rate and attrition

MNDAWA posted invitations to a total of 147 members of
the association on three occasions between June 2011 and
May 2013, with 35 clients responding (23.8% response rate).
However, only 27 patients completed the study (23% attrition
rate): 3 withdrew before consenting, 2 withdrew after con-
senting, 2 died before study completion, and 1 did not pass
the cognitive screen. Eighteen family caregivers agreed to
participate (9 patients did not have family caregivers or their
caregivers did not participate either for lack of time or the
patient did not want their partner included).

Demographic measures

Two-thirds of patients were male (n=18), 82% were
married (n=22), and 26% lived in a rural area (n=7). The
mean age was 64.3 years (standard deviation [SD] 10.7),
ranging from 32 to 81 years. Twenty-six percent of partici-
pants had been diagnosed for less than 1 year (n="7), 33% for
1to2years (n=9), 15% for 2 to 3 years (n=4), and 26% more
than 4 years (n=7).

Two-thirds of patients had participating family caregivers
who were all spouses residing with the care recipient (n=18);
72% were women (n=13), with a mean age of 59.9 years (SD
11.8) ranging from 38 to 80 years; 56% of family caregivers
reported spending 12 hours or more per day caring for their
partners (n=10).

Acceptability

The highest mean scores of acceptability (over 4) were
achieved for patients in terms of: helpfulness of the inter-
vention to them (with 88.9% agreeing or strongly agreeing)
and to their families (81.5%); in their satisfaction with dignity
therapy (92.6%); and their recommendation of dignity ther-
apy to other patients (77.8%; Table 2). The majority of pa-
tients found dignity therapy helped them feel closer to their
loved ones (70.4%) and gave them a sense of looking after
unfinished business (66.7%; Table 2). The lowest mean
scores of acceptability (3 or less) were achieved for patients
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TABLE 2. ACCEPTABILITY OF DIGNITY THERAPY BY PATIENTS WITH MOTOR NEURON DISEASE (N=27)
AND A COMPARISON WITH A PREVIOUS STUDY
Current % Agree/ 2011
study strongly study®
mean® SD agree mean
Dignity therapy was helpful to me 4.27 0.604 88.9 4.23
Dignity therapy was helpful as any other health care aspect 3.54 0.859 59.3 3.63
Dignity therapy improved my quality of life 3.42 0.758 48.1 3.54
Dignity therapy has given me a sense of looking after unfinished business 3.73 0.533 66.7 3.35
Dignity therapy improved my spiritual wellbeing 3.38 0.637 444 3.27
Dignity therapy lessened my sense of sadness or depression 3.08 0.977 37.0 3.11
Dignity therapy lessened my sense of feeling a burden to others 292 0.935 259 2.81
Dignity therapy helped me feel more worthwhile and valued 3.54 0.761 51.9 3.38
Dignity therapy helped me feel like I am still me 3.69 0.884 63.0 3.81
Dignity therapy has given me a greater sense of having control over my life 3.19 0.749 333 3.02
Dignity therapy helped me accept the way things are 3.50 0.949 59.3 3.39
Dignity therapy made me feel more respected and understood by others 3.35 0.977 48.1 3.16
Dignity therapy made me feel I am still able to fill an important role 3.69 0.970 63.0 3.62
Dignity therapy was satisfactory 431 0.549 92.6 4.26
Dignity therapy made me feel life is more meaningful 3.58 0.643 55.6 3.55
Dignity therapy heightened my sense of purpose 3.35 0.797 44.4 3.49
Dignity therapy heightened my sense of dignity 3.38 0.852 55.6 3.52
Dignity therapy lessened my sense of suffering 3.31 0.736 44 .4 2.86
Dignity therapy made patient feel more hopeful 3.00 0.849 333 —
Dignity therapy increased my will to live 2.96 0.978 29.6 2.94
Dignity therapy helped me feel closer to their loved ones 3.72 0.936 70.4 —
Dignity therapy has or will be of help to my family 4.08 0.702 81.5 3.93
Dignity therapy could change the way my family sees/appreciates me 3.52 1.046 59.3 3.58
Dignity therapy could change the way my health care 3.23 0.951 37.0 —
providers see/appreciate me
I would recommend dignity therapy to other patients 4.26 0.619 77.8 —
or family members who are dealing with MND
“Mean of scores: 1=strongly disagree; 2 =disagree; 3 =neither agree nor disagree; 4 =agree; 5=strongly disagree.
PPercent of those who agreed or strongly agreed with the statements.
“Chochinov et al.'?; n=108.
SD, standard deviation; MND, motor neuron disease.
TABLE 3. ACCEPTABILITY OF DIGNITY THERAPY BY MOTOR NEURON DISEASE FAMILY CAREGIVERS (N=18)
% Agree/
strongly
Mean® SD agree
Dignity therapy was helpful to my family member 4.22 0.647 88.9
Dignity therapy has given my family member a heightened sense of purpose or meaning 3.78 1.060 55.6
Dignity therapy helped increase my family member’s sense of dignity 3.56 0.984 44.4
Dignity therapy has helped prepare my family member for the end 3.33 0.970 50.0
of life, whenever that may occur
Dignity therapy was as important as any other aspect of their care 3.61 0.979 61.1
Dignity therapy helped reduce my family member’s suffering 3.22 1.003 389
Dignity therapy helped increase my family member’s hopefulness about the future. 3.17 0.857 333
Dignity therapy document helped me during this time of our life 3.33 1.085 50.0
Dignity therapy helped me prepare for the end of life of my family member, 3.11 0.832 27.8
whenever that may occur
Dignity therapy was helpful to me in reducing my feelings of stress as a family caregiver 3.00 0.907 33.3
Dignity therapy helped me feel closer to my family member 2.94 0.938 333
Dignity therapy increased my hopefulness about the future 3.11 0.758 333
Dignity therapy document will continue to be a source of comfort for my family and me 3.83 0.618 72.2
I would recommend dignity therapy to other patients or family members 4.00 0.686 77.8

who are dealing with MND

“Mean of scores: 1=strongly disagree, 2 =disagree, 3 =neither agree nor disagree, 4 =agree, 5=strongly disagree.

Number and percent of those who agreed or strongly agreed with the statements.
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in terms of dignity therapy being helpful in increasing the will
to live (29.6%), in lessening sense of feeling a burden to others
(25.9%) and in improving hopefulness (33.3%; Table 2).
The majority of family caregivers felt that dignity therapy
was helpful to their family member (88.9%) and more than
70% reported that the generativity document will continue to
be a source of comfort to them and their families and they
would recommend it to others dealing with MND. One-third
felt that dignity therapy improved their feelings of hopefulness,
that of their family member, or reduced their stress (33.3%);
50% felt it helped prepare them for end of life (Table 3).

Feasibility

Dignity therapy took between 3 and 7 visits to complete
with an average of 4 visits per patient. The median duration in
days to complete the therapy was 36 days, ranging between
14 and 113 days. A median of 4 copies were requested
ranging from 1 to 20 copies and 59% requested an e-copy as
well as a hard copy. The median number of pages was 19,
ranging from 7 to 57 pages.

The therapist’s time to conduct the interview and edit,
review, and hand over the document was as follows. Inter-
viewing time: an average of 2 hours per patient per visit or a
total of 8 hours for the average 4 visits. Editing time: 2 oc-
casions of editing for an average of 2 hours per occasion or a
total of 4 hours editing per transcript. Therefore, on average,
12 hours were needed to deliver the therapy per patient.
Travel time: the therapist’s time was increased because of the
travel to participants’ homes, particularly those in rural areas
where seven patients lived approximately 200 to 300 kilo-
meters from the city of Perth (or 400- to 600-kilometer return
trips necessitating 4 to 6 hours driving and overnight stays).
In addition, we need to factor in the transcription time and
cost of a transcription service employed for the 27 transcripts.

Potential effectiveness

There were no significant changes pre- and post-inter-
vention for patients in terms of measures on dignity related
distress (primary outcome), quality of life, spiritual wellbeing
and hopefulness (secondary outcomes; Table 4).

There were no significant pre/posttest changes for family
caregivers in terms of measures on caregiver burden (primary

TABLE 4. POTENTIAL EFFECTIVENESS FOR PATIENTS:
PRE- AND POST-INTERVENTION MEANS FOR QUALITY
OF LIFE, SPIRITUAL WELL-BEING, HOPEFULNESS,
AND DIGNITY-RELATED DISTRESS

Patients n=25 Mean SD p values

Pre-ALSAQ 5 9.44 3.895

Post-ALSAQ 5 9.28 3.770 0.735

Pre-FACIT Total 30.76 10.084

Post-FACIT Total 31.04 9.628 0.822

Pre-Herth Hope 38.60 5.132

Post-Herth Hope 36.76 6.540 0.207

Pre-PDI 49.82 15.723

Post-PDI 49.14 12.833 0.679
SD, standard deviation; ALSAQ 5, Amyotrophic Lateral

Sclerosis Assessment Questionnaire-5; FACIT, Functional Assess-
ment of Chronic Illness Therapy; PDI, Patient Dignity Inventory.
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TABLE 5. POTENTIAL EFFECTIVENESS FOR CAREGIVERS:
PRE- AND POST-INTERVENTION MEANS FOR CAREGIVER
BURDEN, HOPEFULNESS, ANXIETY, AND DEPRESSION

Caregivers n=18 Mean SD p values
Pre-ZBI-12 12.76 8.012

Post-ZBI-12 16.29 11.224 0.055
Pre-Herth hope 38.35 4.595

Post-Herth hope 36.71 4.524 0.109
Pre-HADS anxiety 7.53 3.659

Post-HADS anxiety 6.88 4.328 0.250
Pre-HADS depression 4.35 3.334

Post-HADS depression 441 3.906 0.904

SD, standard deviation; ZBI-12, Zarit Burden Interview; HADS,
Hospital Anxiety and Depression Scale.

outcome), hopefulness, anxiety, and depression (secondary
outcomes). Both anxiety and depression scores were below 8,
which is the cutoff score for possible cases (Table 5).

Discussion and Conclusions

Dignity therapy was well accepted by patients with MND
and their family caregivers with nearly 90% of each group
stating that dignity therapy was helpful. As presented in
Table 2, the patients’ responses from this study were sur-
prisingly comparable to those of the intervention group with
cancer (n=108) of the RCT by Chochinov et al.'? Tt is
noteworthy that nearly 60% of patients and just more than
60% of caregivers reported dignity therapy was as important
as any other aspect of their health care. As significant, ap-
proximately two-thirds of patients indicated that dignity
therapy helped them attend to unfinished business, made
them feel like they were still themselves, and that they were
capable of filling an important role. Caregivers overwhelm-
ingly agreed that the dignity therapy document is and will
continue to be a source of comfort to them and nearly 80%
said they would recommend dignity therapy to others in the
same situation. To our knowledge this is the first study un-
dertaken for people with MND and in particular assessing its
usefulness for family caregivers while still engaged in home
based caregiving rather than postbereavement. A previous
study has focused on family members of the frail elderly
resident in long-term care facilities.*’

There were no significant differences in dignity-related
distress levels between pre- and post-intervention for the
patients. This may be because of the small sample size and
also to the low base rates of distress, which precluded being
able to demonstrate significant post-intervention improve-
ments in the primary outcome measure of distress. It may
well be that patients with MND who did not accept the
invitation to participate were too ill and had much higher
distress levels or the possibility of self-selection by partici-
pants who were in less distress. These findings mirror the
ones reported by Chochinov et al.,'? despite them enrolling a
much larger sample size (326 patients with cancer) with 42%
of assessed patients not eligible because they were too ill
to participate. However, it is worth noting that the dignity-
related distress overall score was higher for MND patients
pre- and post-intervention (49.82-49.14) compared to that of
residents of care homes (39.00—40.22).30 For the secondary
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outcome measure, hopefulness scores of patients did not
differ from those of residents of care homes.'? Caregivers’
scores on hopefulness did not differ from those of care re-
cipients, their anxiety and depression levels were low and
stayed the same pre- and post-intervention, but they tended to
feel more burdened at post-intervention presumably because
of the quick progression of the disease. However, the possi-
bility of the intervention itself causing additional burden
cannot be ruled out and warrants investigation in future larger
studies with a control group.

In general, it took longer to deliver the therapy to this
population group (on average 12 hours per patient) compared
to residents in care homes (11 hours)'® and palliative care
patients in a hospice (6.3 hours).31 However, such time com-
parisons between studies may not be accurate because editing
durations may fluctuate as people get better at doing the in-
terviews, i.e., the material is better organized and easier to edit.
Furthermore, the average duration of therapy from the initial
interview to handing over the approved document was longer
in this study, 36 days compared to 32 days in Hall et al.'* and
less than 14 days in the setting of oncology palliative care.'?
Longer completion times were mainly due to speech impair-
ment, the patient going into the hospital for surgery or respite
care, family and work commitments, and requesting more time
to work on the document. The majority of family caregivers
assisted with the interview and editing process, which ex-
tended the duration of the dignity therapy visits.

For a number of participating patients, while the loss of
speech impacted the duration of the interview, it did not seem
to affect the acceptability of the intervention, which was
successfully completed using assisted communication de-
vices, particularly the lightwriter (n=3), and a combination
of e-mail (n=3), pen and paper (n = 3), and spousal assistance
(n=3). Several caregivers commented that it would have
been better if dignity therapy was undertaken earlier in the
diagnosis while the care recipient was still able to commu-
nicate more themselves. Eleven participants had suffered
from the bulbar onset of the disease in which speech is af-
fected early in the disease.

Results raise concerns regarding the feasibility of the
therapy. Staff training, interviewing, editing, and transcribing
as well as travel costs may make this too impractical for
smaller organizations with limited resources. However, the
therapy might be feasible for larger services who may con-
sider offering dignity therapy in their setting.

The number of participants enrolled in this study was
relatively small, but similar to samples reported in other
feasibility studies. The qualitative analysis of the interviews
will provide richer details on the experience of patients and
caregivers with dignity therapy, which could inform other
studies in the neurodegenerative field. Recruitment and re-
tention of participants is particularly challenging when there
is a quick progression in disability as is the case of MND.
Hence it is recommended that dignity therapy is undertaken
earlier in the disease trajectory. Despite that there were no
demonstrable significant changes across standard measures,
which may be a power issue or a floor effect (meaning it is
hard to show improvements on items that are low to begin
with), the high satisfaction and endorsement of dignity
therapy suggests it has influenced various important aspects
of end-of-life experience. It is worth noting that there are
likely other less tangible effects of dignity therapy that need
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to be further understood in view of the very strong recom-
mendation of caregivers regarding others undertaking this
therapy (78%). Therefore, the next step would be to shift
attention towards sorting out an explanation for the salutary
effects of dignity therapy. Another limitation of the study is
the lack of a control group. To ascertain the effectiveness of
dignity therapy for patients and family caregivers, future
studies should consider an RCT design with a control group
receiving a friendly visit or standard care, similar to Julido
et al.>? in which dignity therapy was shown to alleviate de-
pression and anxiety in patients.

Most individuals with MND live at home, where their
psychosocial functioning is inextricably tied to the extent and
quality of support they receive from family members.
Therefore, it is important to design and evaluate effective
interventions and find ways to deliver them to families. Re-
sults from this study point to the value of narrative and
generativity for patients with MND. Future studies, based on
these insights, could lead to more streamlined interventional
strategies for people with MND and those with other neuro-
degenerative conditions, where the disease progression may
be relatively slower but have similar profound physical, so-
cial, and psychological consequences for both the individual
and family.
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ABSTRACT

Objective: Family caregivers of people with motor neurone disease (MND) experience adverse
health outcomes as a result of their caregiving experience. This may be alleviated if their
support needs are identified and addressed in a systematic and timely manner. The objective of
the present study was to assess the feasibility and relevance of the Carer Support Needs
Assessment Tool (CSNAT) in home-based care during the period of caregiving from the
perspectives of the family caregivers of people with MND and their service providers.

Method: The study was conducted during 2014 in Western Australia. Some 30 family
caregivers and 4 care advisors participated in trialing the CSNAT intervention, which involved
two visits from care advisors (6—8 weeks apart) to identify and address support needs. The
feedback from family caregivers was obtained via telephone interviews and that of care advisors
via a self-administered questionnaire.

Results: A total of 24 caregivers completed the study (80% completion rate) and identified the
highest support priorities as “knowing what to expect in the future,” “knowing who to contact if
concerned,” and “equipment to help care.” The majority found that this assessment process
adequately addressed their needs and gave them a sense of validation, reassurance, and
empowerment. Care advisors advocated the CSNAT approach as an improvement over standard
practice, allowing them to more clearly assess needs, to offer a more structured follow-up, and to
focus on the caregiver and family.

Significance of Results: The CSNAT approach for identifying and addressing family
caregivers’ support needs was found to be relevant and feasible by MND family caregivers
and care advisors. The tool provided a formal structure to facilitate discussions with family
caregivers and thus enable needs to be addressed. Such discussions can also inform an evidence
base for the ongoing development of services, ensuring that new and improved services are
designed to meet the explicit needs of the family caregivers of people with a motor neurone
disease.

KEYWORDS: Motor neurone disease, Amyotrophic lateral sclerosis, Carer support needs
assessment tool (CSNAT), Support needs, Family caregivers, Service providers

BACKGROUND

The significant psychological, social, and physical im-
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documented (Schulz & Beach, 1999; Aoun et al., 2005;
Grande et al., 2009a; Stajduhar et al., 2010). Family
caregivers’ psychological outcomes can be improved
if good support is received during caregiving (Fer-
rario et al., 2004; Grande et al., 2004; Kissane et al.,
2006; Grande et al., 2009b). Identifying and address-
ing concerns early on leads to better health outcomes
for carers (Grande et al., 2004; Grande et al., 2009a).
However, adequate assessment of family caregivers’
support needs by service providers is often informal
due to the limited time available when their focus is
primarily on the care recipient (Ewing et al., 2013).

Family caregivers of people with a motor neurone
disease (MND) often describe their caring experienc-
es as unrelenting due to the progressive nature of the
disease and the relative hopelessness with respect to
recovery (Locock & Brown, 2010; Aoun et al., 2012;
O’Brien et al., 2012). Amyotrophic lateral sclerosis
(ALS) is a progressive neurodegenerative MND
with an incidence of 1-2 per 100,000 per year, a
peak age at onset in the sixth decade of life, and a me-
dian survival of about 3.5 years from onset of symp-
toms (van Teijlingen et al., 2001; Leigh et al., 2003;
Bromberg, 2008). People with an MND can progress
rapidly to high levels of disability over a period of
months rather than years, which intensifies their
needs for support, including assistance with feeding,
communication, movement, toileting, and other
tasks of daily living (Oliver & Aoun, 2013).

Studies have reported that family caregivers suf-
fer from anxiety, depression, strain, burden, fatigue,
impaired quality of life, and reduced social contacts
(Hecht et al., 2003; Chio et al., 2005; Goldstein
et al., 2006; Aoun et al., 2013). While management
of the physical symptoms in MND is paramount, at-
tending to such family caregivers’ psychosocial needs
is crucial in order to prevent deterioration in their
health outcomes (Goldstein et al., 2006; Oyebode
et al., 2013). Most individuals with an MND live at
home, where their psychosocial functioning is inti-
mately connected to the extent and quality of support
they receive from family members. Interventions to
reduce caregiver burden and distress related to
MND have been reported with varying success (Gold-
stein et al., 2006; Murphy et al., 2009; Aoun et al.,
2014). It is thus important to design and evaluate ef-
fective interventions and find ways to deliver them to
families living and caring for someone with a motor
neurone disease (Pagnini et al., 2012; Aoun et al.,
2013; Oliver & Aoun, 2013).

However, there is a lack of suitable tools for assess-
ment of family caregivers’ support needs during end-
of-life home care (Hudson et al., 2010; Ewing & Gran-
de, 2013), particularly for the period between diagno-
sis and end-of-life care (Goldstein et al., 2006;
Oyebode et al., 2013).
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The Carer Support Needs Assessment Tool
(CSNAT) is a validated evidence-based tool used to
identify family carer support needs in a systematic
way, rather than employing the standard ad-hoc
manner. As such, the tool also serves as a supportive
carer intervention and, while carer-led, is facilitated
by the health professional (Ewing et al., 2013; Ewing
& Grande, 2013). The CSNAT adopts a screening for-
mat that is structured around 14 broad support do-
mains. This format allows it to be brief but also
comprehensive, enabling caregivers to identify the
domains in which they require further support,
which can then be discussed with health profession-
als. Each item represents a core family carer support
domain in end-of-life home care, and these domains
fall into two distinct groupings: those that enable
the family caregiver to care and those that enable
more direct support for themselves. There are 4 re-
sponse options for each of the 14 CSNAT items that
allow family caregivers to indicate the extent of their
support requirements for each domain: “no more,”
“a little more,” “quite a bit more,” or “very much
more” (Table 1). The health professional meets with
the family caregiver to discuss priority needs and to
formulate an action plan (as described in detail in
the section on “The Intervention”).

The CSNAT has been trialed using a stepped
wedge cluster design within Silver Chain (a large
community-based service provider in Western Aus-
tralia) with 322 family caregivers of terminally ill

Table 1. Carer Support Needs Assessment Tool
(CSNAT) domains (Ewing et al., 2013)

Support that enables the family caregiver to care for
the patient
Do you need more support with:
Understanding your relative’s illness
Knowing what to expect in the future when caring for
your relative
Managing your relative’s symptoms, including giving
medicines
Providing personal care for your relative (e.g.,
dressing, washing, toileting)
Knowing who to contact if you are concerned about your
relative (for a range of needs, including at night)
Equipment to help care for your relative
Talking with your relative about his or her illness

Support for the family caregiver in their caring role
(more direct personal support)
Do you need more support with:
Having time for yourself in the day
Your financial, legal, or work issues
Dealing with your feelings and worries
Looking after your own health (physical problems)
Your beliefs or spiritual concerns
Practical help in the home
Getting a break from caring overnight
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people (mainly with cancer) and 44 nurses. The inter-
vention group experienced a significant reduction in
caregiver strain relative to controls (p = 0.018, d =
0.35) (Aoun et al., 2015b), and the feedback from fam-
ily caregivers (Aoun et al., 2015a) and nurses (Aoun
et al., 2015¢) on using the CSNAT was positive. Al-
though the CSNAT appeared to offer a practical ap-
proach to assessing and addressing family caregiver
needs in cancer, it was deemed important to assess
the extent to which the tool could be appropriate for
use in other settings and among different disease
groups. The present study was thus designed to im-
plement and test the suitability of the CSNAT with
family caregivers of people living with MND in the
community across the entire spectrum of the caring
experience, not only at the end of life.

OBJECTIVE

Our aim was to assess the feasibility and relevance of
the CSNAT in home-based care during the caregiving
period from the perspectives of the family caregivers
of people with MND and their service providers.

METHODS

The study was conducted in Perth (in Western Aus-
tralia (WA)) from April to July of 2014. It was ap-
proved by Curtin University Human Research
Ethics Committee (SONM11-1014). All participants
provided written informed consent to participate,
and the ethics committee approved this consent pro-
cedure.

Study Design

The study was designed to be descriptive and longitu-
dinal. Family caregivers’ support priorities were col-
lected through the set of items on the CSNAT. Their
feedback was obtained via semi-structured telephone
interviews, while care advisors’ feedback was
gleaned from a self-administered questionnaire
with open-ended questions. Feedback from both
groups was obtained upon completion of the inter-
vention (as described below). Family caregivers
were considered to have concluded the study if they
completed two CSNAT contacts with the care advisor
(6 to 8 weeks apart).

Participants

The study was conducted with primary family care-
givers of clients of the Motor Neurone Disease Asso-
ciation of Western Australia (MNDAWA) and their
care advisors. This entity has in its database about
130 clients at various stages of disease progression,
and the vast majority of people with MND in WA

Aoun et al.

are registered with the association. All adult caregiv-
ers (aged 18 years or older) who were caring at home
and were able to read and write in English were eligi-
ble for the study, unless care advisors had concerns
about a caregiver’s ability to cope with research be-
cause of exceptionally high levels of distress. A pri-
mary family caregiver is defined as a person who,
without payment, provides physical (and emotional)
care to a person who is expected to die during the
course of the period of caring. This care may be pro-
vided on a daily or intermittent basis.

The four care advisors working for the association
were invited to participate. The standard practice of
care advisors is to regularly visit clients at home,
and their role involves complex case coordination,
provision of disability aids and equipment, and deliv-
ery of information and facilitated support programs
in order to enable people with MND to live as inde-
pendently as possible for as long as possible. The
care advisors attended a training session with the re-
search team and had weekly contacts with the re-
search officer, in line with previous work (Aoun
et al., 2015b).

Participation in the feasibility study was volun-
tary for both groups, with no undue influence placed
upon them. Family caregivers were assured that
their decision would not in any way affect the suppor-
tive care they were then receiving or any care that
they might receive in the future from any agency.
Care advisors were also assured that their decision
would not in any way affect their employment with
the association.

The Intervention

The intervention consisted of the following steps:

B the CSNAT was introduced to the family care-
giver by the care advisor;

B the family caregiver was given time to consider
which domains they required more support
with;

B an assessment conversation took place where
the care advisor and family caregiver discussed
the domains where more support was needed to
clarify the specific needs of the family carer, in-
cluding what their top priorities were;

B a shared action plan was formulated where the
family caregiver was involved in identifying
the type of input they would find helpful (rather
than delivery of the “standardized” supportive
input that the service usually delivers);

B a shared review was planned within 6 to 8
weeks.
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Data Collection

The four care advisors working for the MNDAWA,
who regularly visit clients at home, introduced the
study to the family caregivers who met the inclusion
criteria, and they obtained written consent to trial
the CSNAT and provide feedback to the researcher
at the end of the trial. The care advisors collected
the CSNAT data from the caregivers during their
usual visits. For the purposes of this feasibility study,
there was a baseline visit and then a follow-up visit
within 6 to 8 weeks.

The researchers liaised regularly with care advi-
sors during the data collection period to ensure that
the research process was followed. They also collected
feedback information from family caregivers after
they had completed the study. Patient deaths were
monitored with care advisors throughout the data
collection period to ensure that recently bereaved
family carers were not contacted by phone to com-
plete the follow-up interview, which would have
been insensitive.

Family caregivers were interviewed by an experi-
enced research nurse, who telephoned at a prear-
ranged time convenient for all (on average, within
two weeks of completion of the intervention) to seek
their feedback on the appropriateness, relevance,
and benefit of the assessment process. Participants
were given the opportunity to describe any other ben-
efits or problems and ways of improving their experi-
ence of the CSNAT intervention. The questions asked
at this phase were (as described in Aoun et al., 2015a):

B How easy or difficult was it for you to complete
the CSNAT assessment of your support needs?

B Did you feel that completing the assessment
process was helpful in getting the support you
needed?

B Did this experience of identifying your needs af-
fect what you did yourself?

B Did you feel that your needs as a carer were ac-
knowledged/listened to in a way that was dis-
tinct from the needs of the patient?

B Do you think that the CSNAT assessment pro-
cess could be improved in any way?

Care advisors preferred to give feedback by com-
pleting a self-administered questionnaire with
open-ended questions in order to: (1) report on their
experience with facilitating this process; (2) evaluate
the benefits of or barriers to implementing the
CSNAT with MND family caregivers; (3) suggest an
optimal stage and time for administration and re-
view; and (4) offer suggestions to assist with future
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planning. Care advisors chose written feedback, as
this method gave them time in their busy schedules
to consider their answers and return the completed
survey when convenient. An anonymous self-admini-
stered survey was sent to each care advisor and col-
lected later by the researcher from the MNDAWA
office in a sealed envelope.

To get an indication of the disability of the care re-
cipients and thus the burden this might pose for fam-
ily caregivers, care advisors also completed a
standard tool on the functional status of the person
with MND using the Revised Amyotrophic Lateral
Sclerosis Functional Rating Scale (ALSFRS-—R),
which has 12 items that assess activities of daily liv-
ing (ADL) functions and changes in fine motor, gross
motor, bulbar, and respiratory function (Cedarbaum
et al., 1999). Higher scores are indicative of less im-
pairment.

Analysis

Descriptive statistics, using SPSS software (v. 22),
were employed to describe the demographic charac-
teristics of family caregivers and their support needs
as identified by the CSNAT. Because of the small
numbers involved, those reporting a need were
grouped together (from “a little more” to “very
much more”). Data from the interviews with caregiv-
ers were subjected to thematic analysis (Guest et al.,
2012). Initial coding was carried out independently
by the first two authors and was supported by NVivo
10 software. The interviews were not audiotaped, but
meticulous notetaking allowed for verbatim tran-
scripts. Transcribed interview notes were read and
reread to identify keywords and key phrases, which
were then grouped into categories labeled with codes.
To enhance the credibility of our findings, the inter-
viewer was involved in the analysis process so that
consideration of the nonverbal context was assured.
The major themes emerged after comparisons within
and among individual interviews. These themes
were initially identified independently, with differ-
ences resolved by discussion and returning to the
data when necessary. Exemplars are provided herein
to explain themes and describe how interpretations
were reached.

The care advisors’ written feedback data were sub-
jected to content analysis by the first two authors fol-
lowing the same rigor, with responses grouped
according to each survey item, ensuring that the con-
text or explanation could be considered, and estab-
lishing overarching categories through comparison
of content. Exemplars demonstrate how interpreta-
tions were reached (Hsieh & Shannon, 2005). Identi-
fied themes highlighted the relevance and feasibility
issues for both groups.
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RESULTS

Some 30 family caregivers were recruited by 4 care
advisors from the MNDAWA, and 24 completed the
study during the 4-month period (80% completion
rate). Given the progressive nature of the neurologi-
cal disease in this patient group, four patients died
before the family caregiver completed the interven-
tion. In addition, one carer declined due to her hus-
band not wanting her to be involved any longer,
and another went on an extended holiday and was
not contactable. The final sample size was based on
the number of clients visited regularly by the care ad-
visors during the four-month study period and whose
family caregivers met the selection criteria and
agreed to participate.

Family caregivers completed two CSNAT forms (at
a median interval of seven weeks), followed each time
by a discussion about their support needs with the
care advisors. For the first CSNAT contact, visits
were face to face (79%) or by telephone (21%); for
the second CSNAT contact, 46% of visits were face
to face and 54% by telephone, in keeping with care
advisors’ usual practice. Feedback interviews by the
researcher were undertaken on average 15.9 days af-
ter study completion, and interviews lasted an aver-
age of 12.4 minutes.

The majority of family caregivers found that the
CSNAT form was easy to complete (83.3%), taking a
median of 10 minutes (range = 3—20). All caregivers
found the questions to be clear and appropriate, and
they agreed that the instrument adequately ad-
dressed their support needs.

Participants’ Characteristics

The majority of family caregivers were female (75%),
married (87.5%), and spouses/partners (79.2%), and
54% were retired. Their mean age was 63.8 years
(SD =12.9) (Table 2). People with MND were pre-
dominately male (70.8%), with a mean age of 62.8
years (SD = 10.8) and a median time since diagnosis
of 20.5 months (range = 4—89). The ALS functional
rating scale of fine motor, gross motor, bulbar, and re-
spiratory function measured a median score of 27
(range = 9—-46), indicating moderate functional im-
pairment (Table 2).

Care advisors were female and had been working
in the healthcare field in nursing or physiotherapy
for 20 to 35 years and had worked as MND care advi-
sors for 0.5 to 5 years.

Family Caregivers’ Support Needs and
Provided Solutions

The top five support needs reported by family care-
givers consisted of (Figure 1): (1) knowing what to ex-

Aoun et al.

pect in the future (83%); (2) knowing who to contact if
concerned (71%); (3) having equipment to assist in
care (66%), (4) dealing with feelings and worries
(58%); and (5) having time for themselves during
the daytime (58%). When asked if there was anything
else not addressed in CSNAT items (an item at the
end of the form labeled “other”), one caregiver men-
tioned support “to communicate with other family
members to help them cope with husband’s illness
and progressive decline.” Another caregiver reported
support “to communicate with wife, who lost her
speech because of disease, and [caregiver] feels iso-
lated from wife.”

Care advisors documented their proposed solu-
tions/action plans on the second half of the CSNAT
form. The solutions put in place by the care advisors,
in discussion with the caregiver, for “knowing what to
expect in the future” consisted of discussions around
end-of-life issues, advance health directives, future
care, and the role of palliative care. For the second
priority on “knowing who to contact if concerned,”
discussions centered around ambulance cover, refer-
ral to palliative care services, and a contact number
at night and on weekends. For the third priority on
“equipment to help care for your relative,” informa-
tion was provided on the association’s equipment
pool and the possibility of financial aid to rent equip-
ment if required; a bedside commode was provided to
aid with deteriorating mobility; and liaison with a
disability service was made available in order to pro-
vide the next level of bathroom modifications. The so-
lutions put in place for “dealing with your feelings
and worries” consisted of information on various av-
enues for counseling and encouragement to attend
the association’s carer luncheon for social support.
For the fifth priority on “having time for yourself in
the day,” care advisors liaised with service providers
to increase the number of hours available for respite,
discussed strategies for creating time for the caregiv-
er, and encouraged caregivers to allow more people to
help with relatives’ care, giving caregivers more time
for themselves.

Family Caregivers’ Experiences of the
Assessment Process

Four themes emerged from the feedback interviews
with family caregivers: (1) the overwhelming care-
giver journey with MND; (2) CSNAT practicality
and usefulness; (3) validation of the caregiver role
and empowerment; and (4) reassurance of support.

Theme 1: The Overwhelming Caregiver Journey
with MND

Feedback on the assessment process triggered caregiv-
ers to describe their overwhelming journey through
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Table 2. Profile of family caregivers and people with MND (N = 24)

Family caregivers n %
Gender

Male 6 25.0

Female 18 75.0
Age (years)

Mean (+SD) 63.8 +12.9

Median (range) 66.5 (20, 80)
Marital status

Never married 1 4.2

Divorced/separated 2 8.3

Married 21 87.5
Cultural background

Australian 15 62.5

British 7 29.2

Other 2 8.3
Education

Primary 1 4.2

Secondary 11 45.8

Diploma/certificate/trade qualification 7 29.2

Tertiary 5 20.8
Employment

Paid employment 7 29.2

Retired /volunteer 13 54.2

Household duties 3 12.5

Other 1 4.2
Relationship to person with MND

Spouse or partner 19 79.2

Parent 3 12.5

Adult child 1 4.2

Sibling 1 4.2
People with MND n
Gender

Male 17 70.8

Female 7 29.2
Age (years)

Mean (+ SD) 62.8 +10.8

Median (range) 65.5 (38,79
Time since diagnosis (months)

Median (range) 20.5 (4, 89)
ALS functional rating scale

Median (range) 27 (9, 46)
the course of the disease. They often related their expe- Once you become a carer— “you have to throw part
rience of personal stress: of yourself away.” I expected that. (FC14).

I do have to go to see “a shrink”— It’s very stressful

] However, with the focus being primarily on the per-
at times,” (FC18)

son with MND, the unmet needs of the caregiver

and shared how difficult they found coping with the were often missed:

losses brought about by MND: I don’t think much of me— I have ... been through

They should bring in euthanasia— You wouldn’t breast cancer myself, and don’t need a lot. Yes, I did
put a dog through what MND does— I find it find it’s all “him, him, him.” T have come across that
very difficult. It really rips you apart. (FC27) at times. I get a bit sick of it sometimes and think,

“I'm here too!” (FC11)
Expectations and acceptance of the personal de-
mands of the caregiving journey were acknowledged Ilost my partner 12 months ago, and I was his carer
by caregivers, as articulated by one participant: before, and now I'm caring for my son. It’s my whole
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Knowing what to expect in the future
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Equipment to help care

Dealing with your feelings and worries

Having time to yourself in the day
Understanding your relative's illness
Practical help in the home

Looking after your own health

Providing personal care for your relative

Your financial, legal or work issues

1

Talking with your relative

Managing your relative's symptoms

Getting a break from caring overnight
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Fig. 1. Percentage of caregivers expressing need for more support with each Carer Support Needs Assessment Tool do-

main at baseline and follow-up (IV = 24).

life ... I don’t think of myself . .. I've got no issues re-
ally, but I mainly worry about how I'm going to cope.
It’s a terrible disease. (FC28)

Participants described being devastated by the hope-
lessness of the MND trajectory, comparing it to a can-
cer diagnosis, where there is often treatment and
more support available and some hope of remission
or recovery:

[The CSNAT] was very good. Maybe more detail
about the fact that MND is terminal, unlike cancer,
where some recover. (FC27)

Family caregivers commented on community’s,
friends’, and health professionals’ limited knowledge
about the support available for people like them dur-
ing the caregiving journey:

We're meeting people who have family and friends
with MND, and they don’t seem to know much
about the MNDAWA. Maybe the doctors don’t tell
them? When we go to the GP they say, “You know
more about MND than I do.” (FC11)

[’'m] looking at the support I need to give to other
family members to help them cope with my hus-
band’s illness and progressive decline. (FC12)
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Theme 2: The CSNAT Practicality and Usefulness

Ease of completion of the CSNAT was considered im-
portant by family caregivers of persons living with
MND, as they often have myriad forms to contend
with. Caregivers described using the CSNAT as
“Quite a good form— one of the better ones” (FC26),
with one considering it essential to complete it by
themselves: “I completed it on my own. You don’t
want someone else to influence what you need”
(FC29).

Family caregivers appreciated the opportunity to
rate their needs as listed in the CSNAT: “The scale
was good to rate how much you needed, then the
three [priorities] more thoroughly— was good to
add more detail” (FC23).

The assessment process of working together with
the care advisor was valued by caregivers:

The form was really well done . .. It puts those little
stars up there to consider. It works with the two
parts—the carer’s answers and the care advisor’s
discussion— It can only work with the two together
— It’s very beneficial. (FC18)

The stage of MND trajectory and how this can affect
the wide range of needs of the family caregiver were
considered important when implementing the
CSNAT, highlighting how these needs can change
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rapidly. Some caregivers expressed this usefulness
when their own needs changed as the disease pro-
gressed:

It was very easy. I was given the first form when it
was early stages, and I didn’t think I needed much.
By the time of the second form, as it [MND] had
progressed, my needs changed and the questions
were more about what I needed then. It was helpful
to talk to the care advisor about what she could do
to help, going through the form together. (FC30)

As the disease progresses, you are more aware of
symptoms. At first, you don’t need much, and it
would be “No” to nearly all [questions], but later
it would be “Yes” to nearly all questions. (FC04)

The CSNAT was considered by caregivers as “a stim-
ulus for conversation,” prompting them to “think
things through, and things to be put in place” (FC09):

It covered everything. Another box to say “not
needed yet” would be helpful. I've been through
the emotional stage, and now I'm in the practical
stage and thinking about what needs to be done.
(FC30)

Theme 3: Validation of the Caregiver Role and
Empowerment

It was evident that the assessment process could val-
idate the caregiving role, as articulated by one partic-
ipant:

The form made me think the role of carer was im-
portant— The fact they were being asked shows
it is considered important ... The form shows
some evidence someone is caring to ask. (FC18)

The CSNAT process allowed caregivers to reflect on
what they needed or could do themselves:

It jogged me into thinking about what I might
need—equipment, financial issues. The form had
things I never even dreamed about needing. It
made me realize what I can do at night if I need
to call someone— I have a plan now, and I know I
don’t have to wait until the next morning. (FC30)

It focused your mind on issues and a method to ad-
dress [them]— It’s not something you can sweep
under the carpet— An outcome resulted from go-
ing through the form. (FC12)

The CSNAT seemed to have helped when there were
conflicting needs between family caregivers and pa-
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tients, such as when caregivers felt restricted in ac-
cessing support for their own needs, as articulated
by this participant:

[CSNAT] helped me to have counseling, and [the
service] was helpful. My husband isn’t wanting to

be involved much. It can be a daunting process.
(FC03)

The process of completing the CSNAT provided an
opportunity for carers to consider their own needs
when the focus was mostly directed toward patients:

Some of the questions I hadn’t thought about. Yes, I
think it was beneficial for me— This time it was,
“Oh, this is about me!” (FC11)

The following participant wanted to go a step further
and have the focus of the needs assessment to be spe-
cifically on the caregiver, in a way reaffirming the two
domains that the CSNAT covered:

The distinction between the needs of the carer and
the person cared for can sometimes be blurred. You
as a carer tend to focus on “How can I improve my
caregiving?” rather than looking at “What do I
need as an individual?” Perhaps that can be accen-
tuated—that this is looking specifically at you and
your needs as a carer—distinct from the person
cared for. (FC12)

Theme 4: Reassurance of Support

A sense of relief was apparent when caregivers re-
ceived the expertise and support provided by the
MNDAWA:

Care advisors see these people [with MND]— They
know about the disease, whereas friends don’t have
an understanding of MND. So even just talking
with the care advisors is a help. (FC25)

I found it very helpful— Yes, [the care advisor] was
able to answer some of the questions straight away
and explained what to do to get different things
done. (FC30)

Completing the CSNAT assessment process involved
discussion with the care advisor, which often prompt-
ed awareness by the caregiver of the need for support
in patient symptom management. This was improved
upon by family caregivers being encouraged to attend
educational sessions at the MNDAWA:

Definitely, especially from [the] MNDAWA and the
course they were doing [for caregivers]. It
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increased my knowledge about the help avail-
able— Some things were a bit confronting, as we
weren’t at that stage. (FC03)

Participants were offered equipment or solutions to
meet a particular need, as explained by one partici-
pant:

Yes, now I can help him out in many ways, but I
can’t lift, so that is the only thing I worry about.
[The care advisor] is organizing a hoist for me,
and that will help. (FC20)

I wasn’t aware of all the equipment that was avail-
able— It’s very good. I went along to a carer’s lunch
and was amazed at all the support available—
We're so well looked after. The questions get you
to think about things. You have a starting point
and then can talk it through, and it gives you
points you may not have considered. You have a
rapport with the care advisor. (FC18)

Due to the potentially rapid deterioration associated
with MND, end-of-life (EoL) issues are perhaps being
considered earlier on in the disease trajectory than
with other life-limiting diseases. The CSNAT can pro-
vide an opportunity to discuss this important issue
where once it may have been overlooked or post-
poned:

One of the hardest [things] to discuss is EoL issues.
[The CSNAT] focused my mind on the need to dis-
cuss this, and I ended up talking to people— I
spoke to a counselor about EoL as a direct result
of going through the survey. (FC12)

Care Advisors’ Feedback

All care advisors found the CSNAT format simple to
complete and the questions easy to understand.
They reported that the CSNAT helped identify issues
that “perhaps would not have come up in a normal
home visit or phone call,” acknowledging that it
had “been a springboard in several instances to allow
a carer to explore their needs” (CA3), giving caregiv-
ers an opportunity to “verbalize their fears in a non-
threatening way” (CA2), and “It made me realize that
it paid to ask the question, even though I thought I
sometimes knew what the answer might be” (CA1).
The CSNAT was considered by care advisors to as-
sist in “providing a holistic approach to carers’ needs”
and was seen as highlighting the support provided
for caregivers: “It does open doors for that ... It
does let the carer be the focus of the support”
(CA4). One care advisor explained, “It can uncover
areas which may not have been recognized or ade-
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quately dealt with” (CA1), while another suggested
that the CSNAT “acknowledges the important role
carers play and the pressure put on them emotionally
and physically” (CA2).

An important aspect of the CSNAT process was
considered by care advisors to be “accountability
and a documented record to assist the care provider”
(CA3). They all advocated the CSNAT approach as an
improvement over standard practice, as formalizing
the process, and as providing a structured follow-up
and a focus on the caregiver and family:

It is more comprehensive, provides a structured
follow-up process, and there are aspects that are
measurable. (CA3)

It formalizes the process and provides a means of
documenting carers’ needs. (CA4)

Consideration of caregiver and patient status and a
sensitive approach were important when care advi-
sors were introducing the CSNAT:

Finding the right time. There were instances when
there had been an outpouring of issues. (CA1)

Sometimes when I planned to do it on a visit, it
wasn’t always appropriate (e.g., there were other
pressing needs/issues). (CA4)

Using the CSNAT for regular reviews of caregiver
needs was described by care advisors as offering
“an opportunity to allow focus to be on carer rather
than client— [and] allows them to have a safe place
to recognize their needs, too” (CA4). An awareness
of the changing and sometimes unpredictable needs
of family caregivers was outlined as follows:

I think it is interesting to see how carer needs
change over time and that their needs don’t always
follow the same trajectory as the person with
MND. ... Sometimes what I perceive as a very
stressful time for the carer they seem to sail
through, whereas something minor [for me] at an-
other time can unleash a great emotional tide for
the carer. (CA1)

Another care advisor explained that it was useful to
complete the CSNAT regularly,

because even if things don’t change or deteriorate,
it’s again acknowledging their [family carers]
needs. (CA2)
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However, there is a conscious struggle to keep the fo-
cus on family caregivers along with the constantly
pressing needs of care recipients:

If the time is right, the discussion points can have
an immediacy that works very well. At times,
though, even with the best intentions from all par-
ties, it is often the person with MND whose needs
are addressed first. It’s good to be constantly re-
minding ourselves that the bigger picture of carer
and family support have an equally important
role. (CA1)

DISCUSSION

Participants’ involvement in this study provided
them with an opportunity to share their difficult ex-
periences, to gain increased insight into emotional
concerns and enhanced awareness of supports, and
to acknowledge their role as caregiver. In addition,
participants described the benefits related to their
increased timely access to support and better links
to resources.

The CSNAT approach for identifying and address-
ing family caregivers’ support needs was found rele-
vant and acceptable by MND family caregivers and
care advisors. For caregivers, a carer-led assessment
process gave them a sense of validation, reassurance,
and empowerment, as reflected in their narratives.
Compared to standard practice, care advisors found
the approach more comprehensive and formalized,
similar to results found in previous studies using
the CSNAT approach (Ewing & Grande, 2013; Aoun
et al., 2015b; 2015a). It provided a structured fol-
low-up process, a means of documenting caregiver
needs, and a way to acknowledge their important
role. The middle stage of the disease trajectory was
suggested as when the CSNAT would best be admin-
istered for regular reviews because the time of receiv-
ing the diagnosis is highly emotional and the needs
are not as easily identifiable in the early stages,
when symptoms are not as advanced. By contrast,
more changes occur toward the middle stages, and
thus more care is required. The middle stages of the
MND trajectory is the period when neurological
symptoms are significantly developed and the person
with MND requires more assistance from a family
caregiver.

By structuring and reviewing caregiver needs two
months apart, evidence was obtained of a steady re-
duction in their perception of needs, providing good
evidence for the benefit of systematically repeating
this review of needs using the CSNAT approach.
The single domain that revealed a rise in need over
time was caregivers’ beliefs and spiritual concerns,
which became more important over time. This could
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reflect the benefit of caregiver reflection and recogni-
tion that a domain such as this can be valued.

Knowing what to expect as the illness progresses
remained prominent for more than 60% at second fol-
low-up, pointing to the continued need to educate
and build the understanding that caregivers have
about the future. A gradual educational process
about care needs and about what to expect from the
disease is clinically appropriate.

Communication issues are particularly important
for people with MND and their family caregivers (Ol-
iver & Aoun, 2013; Aoun et al., 2014) compared to
most other life-limiting diseases. This is difficult for
all types of MND, as deterioration occurs, but espe-
cially when symptoms include speech impairment,
which suggests that health professionals need to in-
tegrate support with respect to all facets of communi-
cation for MND caregivers into their routine practice.
Strain relating to loss of intimacy can be experienced
by MND caregivers (Goldstein et al., 2006), as their
partners’ cognitive or physical ability to communi-
cate diminishes, as evidenced in our and other stud-
ies (Oliver & Aoun, 2013; Oyebode et al., 2013), or
if behavioral changes develop (Lillo et al., 2012). At
another level, the needs of the broader family will
likely depend upon the functioning of each group,
their openness of communication, teamwork or cohe-
sion, and their willingness to tolerate differences of
opinion and remain mutually supportive (Kissane
et al., 2006; Schuler et al., 2014). Communication
issues were indeed raised in our study, but a larger
national trial would be needed to warrant including
a communication-related item to the CSNAT.

This is the first application of the CSNAT in an
MND setting, a setting different from the one where
it was developed in the United Kingdom (Ewing
et al., 2013), and different from when it was further
trialed in Australia (Aoun et al., 20156) in home-
based palliative care settings. In addition, the tool
has been tested in our study earlier on in the caregiv-
ing journey and not just toward the end of life, a sug-
gestion that was voiced in previous family caregiving
research in the cancer field (Aoun et al., 2015a), and
in MND (Aoun et al., 2014), where interventions
were deemed beneficial earlier in the caregiving tra-
jectory. Compared to caregivers who used the CSNAT
in the cancer field (Aoun et al., 201556), MND caregiv-
ers shared three of the top five priorities for support
related mainly to direct carer support: “knowing
what to expect in the future,” “dealing with your feel-
ings and worries,” and “having time for yourself in
the day.” However, “knowing who to contact if you
are concerned” and “needing equipment to help
care” were more prominent priorities for MND care-
givers in our study, reflecting the earlier timing
in the caregiving journey, the rapidly progressive
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nature of the disease, and the need to focus on prac-
tical help for patients.

LIMITATIONS

Ours was a feasibility study with a small sample size,
undertaken in one geographical location. Therefore,
our findings cannot be generalized. Its limitations in-
clude the profiles of people who were not included in
the study during the short period of data collection.
The needs of caregivers who are still working; how
single, separated, or divorced caregivers fare; and
what special needs arise for parents, siblings, and
children of patients with MND have not been expli-
cated in this cohort (Del Gaudio et al., 2012). Fur-
thermore, care recipients were in the moderate
stages of functional impairment, and there are signif-
icant challenges nearing the end of life. Such unad-
dressed needs specific to such circumstances could
be explored in a larger national trial that would
also ascertain the effectiveness of this assessment
approach in improving caregivers’ psychological out-
comes in the MND setting.

While it may be considered a limitation in other
contexts, eliciting written responses via a question-
naire from care advisors has worked well and has
captured a breadth of opinion, in addition to being
the care advisors’ preferred form for providing feed-
back about their experience.

CONCLUSIONS

Our results indicate that it is feasible to deliver
this supportive intervention in the MND setting,
particularly using the telephone to conduct follow-
up assessments. Incorporating the CSNAT into
the routine practice of MND care advisors would re-
quire minimal change in the structure of normal
practice and minimal cost for the organization. Trav-
el costs and interview times would not increase, as
care advisors already visit patients and their family
caregivers regularly, and follow-up assessment could
be done by telephone, as per usual practice. Further
inquiry into implementation in MND associations
nationally and internationally is considered valu-
able, capitalizing on the systems already in place
in these associations to provide support for family
caregivers.

The CSNAT has provided a formal structure to fa-
cilitate discussions with family caregivers to enable
needs to be addressed. Such discussions could also in-
form an evidence base for the ongoing development of
services, thus helping to ensure that new or improved
services are designed to meet the explicit needs of
family caregivers of people with motor neurone dis-
ease.
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Abstract

Background

Standards for bereavement care propose that support should be matched to risk and need.
However, studies in many countries demonstrate that palliative care services continue to
adopt a generic approach in offering support to bereaved families.

Objective

To identify patterns of bereavement support in palliative care services based upon the expe-
rience of bereaved people from a population based survey and in relation to clinical practice
guidelines.

Design

An anonymous postal survey collected information from clients of six funeral providers in
four Australian states (2014-15), 6 to 24 months after the death of their family member or
friend, with 1,139 responding. Responses from 506 bereaved relatives of people who had
terminal illnesses were analysed. Of these, 298 had used palliative care services and 208
had not.

Results

More people with cancer (64%) had received palliative care in comparison to other illnesses
such as heart disease, dementia and organ failure (4—10%). The support for family caregiv-
ers before and after their relative’s death was not considered optimal. Only 39.4% of the
bereaved reported being specifically asked about their emotional/ psychological distress
pre-bereavement, and just half of the bereaved perceived they had enough support from
palliative care services. Half of the bereaved had a follow up contact from the service at 3-6
weeks, and a quarter had a follow-up at 6 months. Their qualitative feedback underlined the
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limited helpfulness of the blanket approach to bereavement support, which was often
described as “not personal” or “generic”, or “just standard practice”.

Conclusions

Timeliness and consistency of relationship is crucial to building rapport and trust in the ser-
vice’s ability to help at post-bereavement as well as a focus on the specific rather than the
generic needs of the bereaved. In light of these limitations, palliative care services might do
better investing their efforts principally in assessing and supporting family caregivers during
the pre-bereavement period and developing community capacity and referral pathways for
bereavement care. Our findings suggest that bereavement support in Australian palliative
care services has only a tenuous relationship with guidelines and assessment tools, a con-
clusion also drawn in studies from other countries, emphasizing the international implica-
tions of our study.

Introduction

In many countries, the most coherent approach to bereavement support is provided by pallia-
tive care services, which emphasise the care of patients with terminal illnesses and their family
carers before and after the patient’s death. Policies and guidelines on standards of care propose
that supports should be offered according to need [1-4]. However, despite such policies and
guidelines, studies demonstrate that palliative care services in general adopt a blanket approach
to supporting bereaved families regardless of risk or need [5-7]. For instance, one survey of
Australian palliative care services determined that 95% (of 236 services) offered some form of
bereavement support [8], with the most common types of support being a telephone call (off-
ered by 86%), memorial service, (66%), letter (55%), anniversary card (53%), group sessions
(31%), information package (5%), and informal gatherings (4%). Similar eclectic approaches
appear to be taken in other countries such as the United States, Canada, the United Kingdom,
and Japan [9]. A recent survey of bereavement support practice in 25 European countries (370
palliative care services) [10], showed that bereavement care was not an integral part of pallia-
tive care in a substantial number of palliative care services; more than two thirds of services
did not use formal guidelines or standards to inform their bereavement care; while only about
half the services employed a full time, part time or hourly bereavement coordinator or pro-
vided formal training in bereavement care.

Furthermore, where risk assessments were made, the usefulness of these assessments varied
widely and often depended upon the subjective opinion of service providers or the use of non-
validated screening tools [8, 11]. Approximately two-thirds of the services reported engaging
in some form of bereavement risk assessment, with two-thirds relying on multidisciplinary
team opinion, more than half using a formal tool to assess bereavement risk, and approxi-
mately half relying on a single staff member’s opinion (some services reported using more
than one method) [8].

The situation is complex as there is no clear evidence to guide the development and alloca-
tion of cost-effective bereavement support services [8, 9, 12]. A core dilemma in making
bereavement risk assessments is that much of our current evidence comes from groups of
bereaved people who have self-referred, either to a community counselling service or in
response to an invitation from a palliative care service [13]. The resultant focus on professional
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support obscures alternative strategies that could be employed. Accordingly, we know less
about bereavement experiences and needs of people who did not use palliative care services
following an expected death, and considerably less again about the bereavement experiences of
those for whom the death was unexpected.

We can, however, see that offering professional bereavement support, irrespective of need,
to all people bereaved through deaths in palliative care is neither effective nor affordable [8, 9,
12, 14]. In Australia, 159,052 deaths were registered in 2015 [15], with the cause of death for at
least two-thirds being a chronic degenerative illness. About 35,000 were in receipt of palliative
care [16], but many more could have been eligible. For example, a large, retrospective cohort
study in one Australian state reported that only about 60% of the population, whose dying
should have been amenable to palliative care, actually received palliative care services [17].

Recognising these challenges, we embarked upon a population based survey of bereavement
experiences and support needs to inform practice and develop a model of care that might
apply to a whole community, not only to clients of a palliative care service. The three-tiered
public health model of bereavement support we developed aligns intervention with need and
is compatible with bereavement care standards and policies [12]. This model identifies three
risk groups: a low risk group of bereaved people that are likely to adjust in time with appropri-
ate support from family and friends; a moderate risk group that would benefit from grief coun-
selling or a volunteer-led, or peer support group, to prevent the development of ongoing
complications; and a high risk group that would most likely require formal support from
health professionals. Empirical support for this model has been demonstrated [18]. This model
challenges current palliative care bereavement provision in two ways. It suggests that the bulk
of bereavement support should be located in local communities, via people’s existing social
networks [19], and it questions strategies for offering bereavement care that pre-dispose
bereaved people to look for support in professionalised health services, such as palliative care,
more than their local community.

Aim
The aim of this study is to identify patterns of bereavement support in palliative care services

based upon the experience of bereaved people from a population based survey and in relation
to clinical practice guidelines.

Objectives

The objectives are:

 To compare the profile of those who were cared for by a palliative care service with those
who did not

 To compare the profile of the bereaved whose family member used palliative care services
with those who did not

 To compare the bereavement support reported by the bereaved in relation to the clinical
practice guidelines

o To describe which bereavement support practices were found helpful, or not helpful, by the
bereaved

« To compare sources of bereavement support reported by those who did and did not receive
palliative care
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Methods

Ethics approval was granted by Curtin University Human Research Ethics Committee (HR-
57/2012).

An anonymous postal survey was used to collect information from clients of six funeral
providers in four Australian states (2014-15), 6 to 24 months after the death of their family
member or friend. A total of 6,258 study packages were delivered to the six funeral providers
who agreed to participate in the study. These packages contained an invitation letter addressed
from the funeral provider to the family, information sheet, the questionnaire, a list of support
services for the family to use in case the participant became distressed while completing the
questionnaire, and a reply-paid envelope. The funeral providers selected from their databases
clients who were bereaved 6-24 months ago, attached names and address labels on the enve-
lopes and mailed the study packages. Consent was implied by the return of the completed
survey. No reminder letter was sent as the funeral providers felt it was too intrusive for the
bereaved families. Clients were eligible to participate in the study if they had been bereaved by
the death of a close family member or friend in the specified timeframe, were able to read,
understand and write in English, and were over 18 years of age.

The questionnaire comprised 82 questions divided into 8 sections [20]. This present article
focuses mainly on the section addressing the bereavement support received from a palliative
care provider. At the start of this section, a lay definition of palliative care was provided so
respondents were clear about whether they needed to complete this section: “Palliative care is
provided to patients with life-limiting/ terminal illness to ease symptoms and improve quality of
life and support their families”. Some of the questions in this section were aligned with the clini-
cal practice guidelines for the psychosocial and bereavement support of family caregivers of
palliative care patients [21]. Although these 20 guidelines were framed from a service provider
perspective, we asked the questions from the bereaved people’s perspective regarding five of
these guidelines (numbers 8, 12, 13, 17, 19). Questions on perceived support were adapted
from the VOICES survey [22] and one question on level of caring was adapted from the Omni-
bus survey [23].

Analysis

Descriptive statistics for variables were calculated: frequencies and proportions for categorical
variables; means, standard deviations, medians, minimums and maximums for continuous/
discrete variables. Significance testing was performed using chi-square for categorical vari-
ables, and nonparametric tests for the median for the non-Normally distributed continuous
variables. Significance was set at the p = 0.05 level, and analyses were conducted using IBM
SPSS Statistics Version 24. The open ended responses were manually coded using an open
content analysis process [24].

Results

One thousand one hundred and thirty nine individuals completed the survey with a mean
response rate of 18.1% (ranging from 13.3% to 28.6% between the six funeral providers).
Those who had shorter or longer bereavement period than specified a priori; those who did
not die from a terminal illness; and those who did not provide a date of death or cause of
death were removed from the analysis. The sample was consequently reduced to 506 indivi-
duals. Of these, 298 had experience with palliative care services (PC) and 208 did not (NPC)

(Fig 1).
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Table 1. Profile of the deceased (%).

N=1139
Survey responses

N=153 Data missing on date of death
N=54 Bereavement less than 6 months
N=93 Bereavement greater than 24 months

N=839
Bereavement period 6-24 months

N=313 Death not due to terminal/life-
limiting illness
N=20 Data missing on casue of death

N=506
Death due to terminal/life-limiting
illness

I ]
| N=298 Palliative Care | | N=208 No Palliative Care

Fig 1. Flowchart of participation.
https://doi.org/10.1371/journal.pone.0184750.9001

Profile of the deceased

Half of the total deceased were female with a mean age of 77 years (SD 13.9), and those in the
NPC group were slightly older (79 vs 76 years). Other characteristics that differed significantly
between those who received palliative care versus those who did not were the type of terminal
illness: the PC group had predominantly cancer (64.1% vs 26.4%, p<0.001) and the NPC
group had more heart disease, dementia, lung disease and organ failure (Table 1). The PC
group were significantly more likely to have an advance care plan (17.4 vs 6.1%, p<0.001) or
an advance health directive (13.9 vs 7.1%, p<0.006) than the NPC group.

Profile of the bereaved

The majority of the bereaved who responded were female (70%), had mean age of 64 years (SD
11.5), 42% were married and 44% were spouses of the person who had died. The two groups
differed in some characteristics: the NPC group had more ‘other relatives’ who have provided
care than members of the immediate family, the median length of caring was twice as long (48
vs 24 months), care was described as not hands on but still close, while more day to day hands
on care was provided by the immediate family members in the PC group (Table 2).

Experience of support pre- and post-death

The deceased received palliative care during their illness for a mean 3.7 months or median
1.0 month (range 0.03-96). Just over half of the bereaved felt that the care received by their

Total Palliative Care

n =506 PC NPC p-value
Gender (Female) 49.0 47.5 51.4 NS
Mean Age in years (SD) 77.2(13.85) 76.0 (14.37) 79.0 (12.89) 0.015
Advance care plan 12.7 17.4 6.1 <0.001
Advance health directive 11.9 13.9 71 0.006
Cancer 48.6 64.1 26.4 <0.001
Heart disease 13.8 10.4 18.8 0.008
Dementia 12.5 8.1 18.8 0.004
Lung disease 6.1 4.0 9.1 0.006
Organ failure 11.5 7.7 16.8 0.001

https://doi.org/10.1371/journal.pone.0184750.t001
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Table 2. Profile of the bereaved (%).

Total Palliative Care
n =506 PC NPC p-value
Gender (Female) 69.8 72.7 66.2 NS
Mean Age in years (SD) 63.9 (11.46) 63.2 (11.58) 64.8 (11.26) NS
Marital status (Married) 45.3 42.4 50.0 NS
Relationship (Spouse) 40.9 44.3 36.1 NS
Relationship (Other relative) 9.7 6.7 13.9 <0.001
Day to day hands on care 50.0 56.6 43.2 <0.001
No hands on care but still close 13.4 8.8 211 <0.001
Median length of care (month) 36 24 48 <0.001

https://doi.org/10.1371/journal.pone.0184750.t002

relative/friend from the palliative care service in the last 3 months of life was excellent (53.1%),

31.0% felt it was good, 9.5% fair, and 4.4% thought the service was poor.

Of the group who received support from palliative care providers after the death of their rel-
ative/friend, 51.2% felt they got as much help and support as they needed, a third did not feel
they received enough support and 13.2% stated that they did not need support. When asked
their opinion of the support they received from all sources (health and community services

and networks), a higher proportion, 68.2%, felt they had received enough support, reinforcing
the role of the community based networks. The two groups (PC and NPC) did not differ in
their perceived support from all sources.

Fig 2 compares the sources of support for the two groups (PC and NPC). It seems that the
PC group used more of all forms of support except the structured services of funeral provider,
hospital and nursing home which were used more by the NPC. Professional sources, especially
counsellors, were more frequently accessed by the PC group.

Informal

Community

Family

Friends

Funeral provider
Religious or spiritual advisor
Financial/Legal*
Internet or literature
GP

Palliative care service
Community group
Pharmacist

Hospital

Nursing home

School based advisor

b=0.013

p=0.003

p=0.043

Counsellor
Social worker
Case coordinator

Bereavement group

Professional

Psychologist

Psychiatrist

—p=0.001
— p=0.021
I

— M Palliative care

No Palliative care
[ ]

0% 10% 20% 30% 40% 50% 60% 70% 80% 90% 100%

Fig 2. Sources of bereavement support accessed by respondents whose care recipients received or
did not receive palliative care.

https://doi.org/10.1371/journal.pone.0184750.g002
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Comparison to best practice guidelines

Table 3 outlines this support from the palliative care services as it relates more specifically to
the best practice guidelines. The aligned survey questions were adapted to lay people. While
three quarters of respondents were asked by staff how they were coping pre-death in general,
only 39.4% reported receiving a needs assessment that covered the palliative care domains and
more specifically were asked about the emotional and psychological domains. However 79.3%
felt the staff kept them informed of the changes in the condition of the dying relative so they
can be prepared for the death and 62.9% were offered information about grief and bereave-
ment services. About half were contacted within 3-6 weeks of the death, 28.1% about 6 months
after the death, and 25% at any other time.

Differences in palliative care settings

Comparisons were undertaken between three settings: community palliative care, in-patient
(79.5% hospital and 20.5% hospice/palliative care unit), and nursing homes. In terms of the
quality of care received, there were significant differences (p = 0.001) between the three set-
tings: More respondents rated in-patient settings as excellent/good (93%) followed by commu-
nity (81%), with the least being nursing homes (73%) (Table 4). There were no significant
differences in the perceived bereavement support between the three settings, although there
was more unmet need in nursing homes (Table 5). Community palliative care did the most
bereavement follow-up at 3-6 weeks (63%) followed by in-patient (58%) with nursing homes
the least (31%), and differences were significant, p<0.001(Table 6). At the 6-months follow-up
contact, the difference between community and inpatient was not pronounced (32-33%),
while only 17% reported having a follow-up from nursing homes, and differences were signifi-
cant, p = 0.003 (Table 7).

Table 3. Experience of support from palliative care services in relation to the best practice guidelines.

Guidelines (Hudson et al, 2010) Aligned questions from the survey Percent
agreeing
N =298
Guideline 8: Conduct a needs assessment | Did staff ask how you were coping before 74.6%
with the family caregiver(s). This should the death of your relative/friend?
include psychological and physical health, | pjq staff ask if you had experienced any 39.4%
social, spiritual, cultural, financial and significant stress, emotional or
practical elements. psychological problems, before the death of
your relative/friend?
Guideline 12: When death appears Did staff tell you about changes in your 79.3%

imminent, ensure the family caregiver(s) are | relative/friend’s condition so that you were
aware and assess preparedness for death | more prepared for his/her death?

Guideline 13: Confirm with the family Were you offered information about grief 62.9%
caregiver(s) the type of support they may and bereavement services that might be

desire in the lead-up to death (e.g. last helpful following the death of your relative/

hours, days) and/or immediately after friend?

Guideline 17: Contact the family caregiver | Did staff contact you (by phone, post or 50.9%
(s) and other family members (as home visit) within 3—6 weeks of the death to

appropriate) to assess needs at three to six | find out how you were coping, and discuss
weeks post-death and adapt bereavement | any questions you might have had?
care plan accordingly.

Guideline 19: Conduct a follow-up Did staff contact you (by phone, post or 28.1%
assessment of the family caregiver(s) and | home visit) about 6 months after the death

other family members (if appropriate) six to find out how you were coping?

months post-death. Did staff contact you (by phone, post or 25.0%

home visit) at any other time?

https://doi.org/10.1371/journal.pone.0184750.t003
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Table 4. Quality of palliative care received (n = 263).

Community Palliative Care
In-patient
Nursing home

Excellent/Good Fair/Poor Don’t know
n % n % n %
48 81.4 10 16.9 1 1.7
124 93.2 8 6.0 1 0.8
49 73.1 15 22.4 3 4.5

F—Fisher's Exact Test (chi-square). P-value = 0.001°

https://doi.org/10.1371/journal.pone.0184750.t004

Feedback on the usefulness of the bereavement follow-ups

Respondents were provided with an opportunity to comment on their responses in terms of
how this follow up support was helpful or unhelpful. One hundred and seventy seven
responses were provided or 59.4% of those who received palliative care. Participants who drew
comfort from the 3-6 week follow up commented that they felt secure knowing that these ser-
vices were available and appreciative of being remembered by the palliative care providers.
The information on bereavement services was deemed relevant by some, and the services were
appreciated as per comments such as “the phone calls I received saved me from falling to pieces”
and “I could not have coped without it”. Some were ambivalent about the “friendly visit- neither
helpful nor unhelpful” or it was “helpful, although it felt like it was their standard practice”.

Some respondents felt negative about their experience with the 3-6 weeks follow up, appar-
ently because they did not have any contact and felt forgotten “Post death, non-existent”, “after
my wife’s death I was all on my own. Out of sight out of mind”; or because the contact did not
lead to further help “it was just a phone call with no help offered”, “was just a query, no help”,
“would have liked more what to expect”. A number reported that when they received a call, it
was from someone they had not previously met: “Not helpful, unspecific call from someone I
had never met”, “helpful if having the same nurse. Different people at each time is adding up to
the stress and suffering”. One respondent summarised the general feeling post-bereavement
that “there was a sense that ties with the palliative care provider were abruptly cut”.

The feedback regarding the 6-month follow up showed that some of the bereaved appreci-
ated the contact, “the call was helpful to talk through my feelings and thoughts” or “this was
helpful to talk to someone away from the family”, or the invitation to a memorial service at 6
months. However many did not receive any follow-up (72%), “no contact so don’t know if it
could have been helpful or not” and those who did receive a contact, described the support
again as generic “only a short phone call. That was it”. Some did not need the service because
they were contented with the support they were receiving from their funeral provider (men-
tioned quite often) or from their informal networks or organisations such as the Leukaemia
Foundation and the Cancer Council: “No we didn't need this service because we received
bereavement counselling from [funeral provider]”; “funeral home sent card at 12 months. We

.«

were touched that they did”; “The offer of support was generic not necessarily personal but I was

Table 5. Bereavement support from palliative care services.

Community Palliative Care
In-patient
Nursing home

Enough support Not enough support Did not need support Other
n % n % n % n %
34 55.7 17 27.9 7 11.5 3 4.9
78 58.6 34 25.6 16 12.0 5 3.8
27 40.9 25 37.9 10 15.2 4 6.1

F—Fisher's Exact Test (chi-square). P-value = 0.3917

https://doi.org/10.1371/journal.pone.0184750.t005
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Table 6. Bereavement follow-up contact at 3—6 weeks.

Yes No Unsure
n % n % n %
Community Palliative Care 37 62.7 21 35.6 1 1.7
In-patient 76 57.6 50 37.9 6 4.5
Nursing home 21 31.3 45 67.2 1 1.5

F—Fisher’s Exact Test (chi-square). P-value<0.001"

https://doi.org/10.1371/journal.pone.0184750.t006

receiving support via family, relatives, friends and neighbours”. In fact one respondent thought
one more phone call was too many: ‘I really didn't need another call. I would have thought it to
be overkill. One phone call was enough”.

Discussion

This is the first study to report on the bereavement support experience of a community based
sample. Most studies specific to bereavement support in palliative care to date have relied on
clinical and service based samples [5, 7, 8, 25] which exclude people who did not use palliative
care. Moreover, this is the first study to recruit from funeral providers’ databases, an innova-
tive way to engage potential providers of bereavement support and which allows comparison
between those who used palliative care with those who did not.

The difference in the profiles of those who did or did not receive palliative care has impor-
tant implications for service delivery as we often do not know about those who did not use the
service. In this study, from the terminal illnesses that lend themselves to palliative care, more
people with cancer (64%) had received palliative care in comparison to other illnesses such as
heart disease, dementia and organ failure (4-10%). These non-malignant diseases are still
under-represented in palliative care ten years on from the study by McNamara, Rosenwax, &
Holman [26] where it was reported that less than 10% of people who died of non-malignant
diseases had accessed specialist palliative care services, compared with 66% of people who died
of cancer. Yet these conditions, as described in this study, have required a longer period of
care, twice as long as that of malignant diseases (48 vs 24 months, p<0.001), with more “other”
relatives helping the immediate family (mainly spouses and adult children) in this prolonged
period of care. Having a network of such caregivers may be a consequence of a longer disease
trajectory in non-malignant diseases that allows networks of close friends and extended family
to form. Burns et al [27] have pointed to this network of extended family and friends at the
end of life, a network invisible to the health system but whose members also need adequate
support in their role.

Those who received palliative care were 2-3 times more likely to have an advance care plan
or advance health directive, albeit still in quite low proportions overall (12-13%), though a rate
close to the 14% reported by an Australian study [28]. Internationally, the rate reported in the

Table 7. Bereavement follow-up contact at 6 months.

Yes No Unsure
n % n % n %
Community Palliative Care 20 33.3 40 66.7 0 0.0
In-patient 42 31.8 81 61.4 9 6.8
Nursing home 11 16.7 55 83.3 0 0.0

F—Fisher’s Exact Test (chi-square). P-value = 0.003"

https://doi.org/10.1371/journal.pone.0184750.t007
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literature varies from 10% in American hospitals [29], to 16% in the Dutch general older popu-
lation [30] and up to 25% among Swiss palliative care patients [31]. These rates are low despite
studies showing positive impacts on patient quality of dying and reduction in stress and anxi-
ety of families [32]. Many factors related to the health care professional, the patient/family and
the health system are responsible for such poor end of life communication [32]. While
bereavement is not addressed directly in advance care plans, it seems reasonable to assume
that the existence of an advance care plan indicates some communication within the person’s
social network about end of life wishes. Clarity about a dying person’s awareness of the situa-
tion, and an indication of preparedness, seem to be important for their family and friends in
experiencing bereavement. The relationship between advance care planning and bereavement
outcomes is important to explore in future studies.

The significant differences between the settings obtained in this study shed some light on
the apparent discrepancy between pre- and post-death contact. Bereavement follow up tended
to be common in community programs, less common in hospital programs. The site of pallia-
tive care affects follow-up, as one factor is privacy legislation. Because community palliative
care providers tend to define the ‘patient and family’ as the unit of care, the service tends to
keep better records of dependants and also has the ‘right’ to contact them after the death. Hos-
pitals frequently lack adequate contact details for dependants, and are more reticent in follow-
ing up because of concerns (often misplaced) regarding privacy legislation. However, in terms
of the quality of care received pre-death, our results are similar to Pidgeon et al [33] who
reported that family carers were likely to be less satisfied if receiving care from a community
palliative care service.

Perceived bereavement support from all sources for PC and NCP groups are effectively the
same, although there are differences in the patterns of support for the two groups (Fig 2). Pos-
sible explanations for the PC group’s greater access to resources, including professional ser-
vices, are, first, that many palliative care patients have followed a complex care pathway which
mobilises a multi-disciplinary team both prior to and whilst in palliative care: that is, family
and friends are introduced to a wider range of sources of support by the nature of the illness
and the service structure. Secondly, palliative care is usually intentional about encouraging
caregivers to look for support, whereas hospitals and nursing homes are less likely to do this.
That is, palliative care recognizes the needs of caregivers and normalizes asking for support in
a way that other services may not. This is supported by Bergman et al [34] who reported that
bereaved caregivers who used hospice care were more likely to have access to information and
services not routinely available to non-hospice users.

This is also the first study to provide an insight into the application or practice of the guide-
lines by palliative care services from the service users’ perspective. While the majority of the
bereaved (84%) felt that the care received by their relative/friend from the palliative care ser-
vice was excellent to good, the support for themselves before and after their relative’s death
was not considered as optimal. Clearly the systematic assessment of family caregivers’ support
needs in the lead up to the patient’s death is not given enough attention by palliative care ser-
vices. Only 39.4% of the bereaved reported being specifically asked about their emotional/psy-
chological distress pre-bereavement; rather it was a more general question about coping
(75%). Furthermore, following their relative’s death, just half of the bereaved perceived they
had enough support from palliative care services. Half of these people had a follow up contact
from the service at 3-6 weeks, and a quarter had a follow-up at 6 months. This lack of attention
to members of the dying person’s social network in the time prior to the death suggests that lit-
tle attention is being paid to links between the pre- and post-death experience of family and
friends. This link, sometimes conceptualised as preparatory or anticipatory grief, deserves fur-
ther attention [35].
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It is evident that supporting family caregivers, while caregiving, has benefits pre- and post-
bereavement: Results of the Carer Support Needs Assessment (CSNAT) trials in Australia have
showed a significant reduction in caregiver strain during the caregiving period in community
palliative care [36]. In another Australian study, family caregivers of older people discharged
home from hospital were significantly more prepared to provide care and reported reduced
caregiver strain and distress compared to family caregivers in the control group [37]. A larger
trial of CSNAT in the UK [38] found a small reduction in grief, improvements in mental and
physical health post-bereavement and in the probability of death at home.

Our findings, supported by the evidence from the literature, reinforce the need for palliative
care services to take action during the pre-bereavement period to effectively assess and support
family caregivers. Yet the ‘window of opportunity’ for contact with caregivers to assess their
grief and bereavement needs while heading to the care recipient’s impending death does not
seem to be well utilised in the palliative care system, although this is the only time caregivers
are likely to have face to face contact with staff [11]. Clearly, a short length of stay with a pallia-
tive care service (median of one month reported in this study) is not conducive to building
rapport with the family to prepare them for the death. In the post-death period, contact with
bereaved caregivers is even more difficult for services due to various barriers such as staffing,
funding, and availability of service contact with them [11]. This was quite evident in this study
where half of the bereaved were followed up to 6 weeks and this proportion dwindled to a
quarter at 6 months. Similarly Ghesquiere et al [39] have found that hospice bereavement sup-
port only reached half of the bereaved in their study, suggesting a need to improve care access
and delivery.

The qualitative feedback from bereaved people has reinforced first-hand the limited
helpfulness of the blanket approach to bereavement support, where a phone call or invitation
to a memorial service did not address all needs, as one size does not fit all [9]. Some of the
respondents have described their service as “not personal” or “generic”, or “just standard prac-
tice”, and some clearly did not see benefits in the contact because it was not tailored to their
own needs or it did not occur at the time they most needed it. More importantly, some consid-
ered it stressful to receive calls from staff members they did not know, and these were different
at every contact. So it seems for some who did receive a follow up, it was generally not helpful
or neutral. We don’t know if this was because assistance at this time and from this source were
not helpful or that it would be helpful if the quality was better. The responses also seem to
point to differing expectations of different providers. A palliative care service follow-up call
can be seen as standard practice, while the equally-standard practice of an anniversary card
from a funeral provider can be embraced as an expression of care. It may also be that the per-
son-centred services of community palliative care programs elicit higher expectations of
bereavement follow-up, but these are found wanting. Whatever the factors contributing to
these mixed responses, palliative care services need to consider the most appropriate time to
make contact post-death as timeliness is important and also who should make this contact, as
consistency appears to be crucial to build rapport and trust in the ability of the service to help.
The content of the call/contact should be focused on the specific needs of the bereaved. The
assessment of these needs would ideally be initiated by the palliative care service in the pre-
bereavement phase of care. Further research is needed to provide an evidence-based for the
pre-bereavement assessment of post-bereavement risk, according to the three risk groups out-
lined in the public health model for bereavement support [18].

In the absence of any formal and systematic assessment of family caregivers’ needs and
bereavement risks [11], palliative care services will struggle to make appropriate decisions
about providing, or not providing, bereavement support, and if they do for how long [19]. A
particular matter that needs to be reviewed is the common practice of assigning bereavement
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care to a separate team or individual within a palliative care service. There are obvious organi-
sational reasons for doing this, but our findings here underline the importance of having some
continuity of relationship, not just continuity of service. That is, the bereavement team may
need to consider including someone who was involved in the care of the person who died, or a
member of the bereavement team needs to be involved in the care of the family before the
death. The advantage a palliative care program has over any stand-alone bereavement program
is its role in the pre-bereavement experience of dying people and their social networks. This
involvement prior to the death provides opportunities both to assist family and friends in their
preparations for death as well as to identify those who may be at risk of greater distress post-
bereavement. To enter a bereavement care phase with a new team using generic strategies that
invite bereaved people to self-refer is to fail to realise the possibilities inherent in pre-bereave-
ment care.

There was qualitative and quantitative evidence of reliance on support from informal net-
works such as families, neighbours and friends, also from other services such as the funeral
providers and other community based organisations (the Leukaemia Foundation and the Can-
cer Council), and this was reflected in 68.2% feeling they had received enough support from all
community and health providers sources. In fact, we have previously reported that the major-
ity of the bereaved in each of the 3 risk groups accessed support predominantly from family
(95%) and friends (88%), followed by funeral directors (79%) and general practitioners (56%)
[18], emphasized also in Fig 2. Therefore, palliative care services might do better investing
their efforts principally in (a) assessing and supporting family caregivers during the pre-
bereavement period and (b) developing community capacity and referral pathways for
bereavement care [18, 25, 40, 41].

Limitations

Although this is not a random sample of the general population, this sample compares well
with the UK mortality follow-back survey on cancer [42] in terms of its composition: Respond-
ing bereaved females (61% UK, 70% this study), bereaved spouses (38% UK, 41% this study),
bereaved sons/daughters (46% UK, 43% this study), the age of the deceased is 77 years for both
studies, and proportion male in the deceased (52% UK, 51% this study). Also this sample is
drawn from six funeral providers that are based in a mix of metropolitan, regional and rural
areas across four Australian states. Although the low response rate in this study is in line with
others who relied on postal surveys with no reminder follow up [43], those who did not
respond may have had different experiences to those reported in this study. As this is a retro-
spective study, restricting the time since death to 6-24 months would not have been subject to
a large recall bias of events [44]. While some of the wording in the survey questions is not in
exact alignment to the wording in the clinical guidelines, it was necessary to adapt them to be
lay friendly and we recognise that the responses may have been influenced by the interpreta-
tion of the adapted wording. Also the selection of respondents from funeral providers’ data-
base may have influenced the significant number reporting support from these providers.

Conclusions

Although this national study is based in Australia, it has international implications as our ear-
lier review of palliative care policies and bereavement support practices in several countries
(the United States, Canada, the United Kingdom, and Japan) demonstrated similar challenges:
questions over providing universal versus targeted support; a lack of clear evidence driving ser-
vice delivery; informal or no risk assessment; and limited or no evaluation of services [9].
More recent evidence from Europe reinforces our finding that practice of bereavement
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support in palliative care has only a tenuous relationship with guidelines and assessment tools
[10]. While palliative care services offer bereavement support, this is seldom as intentional or
targeted as it should be, particularly when the bereavement care phase is separated from the
care and support provided prior to the death. Palliative care services should be able to provide
more intentional and targeted bereavement care for the population they support. From a pub-
lic health perspective, however, we have argued elsewhere that, rather than build bereavement
services around those who have been in contact with a palliative care program, bereavement
services should be developed to serve the whole population of bereaved people. This approach
would give priority to the community support needed by most bereaved people, and ensure
that professional care supplements, not replaces, the care provided by people’s existing social
networks [19]. We believe the findings reported here provide further support for this wider
claim. Further research is needed into the attitudes and experiences that underlie the patterns
of bereavement support identified in this study.
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Effect of dignity therapy on distress and end-of-life experience
in terminally ill patients: a randomised controlled trial

Harvey Max Chochinov, Linda J Kristjanson, William Breitbart, Susan McClement, Thomas F Hack, Tom Hassard, Mike Harlos

Summary

Background Dignity therapy is a unique, individualised, short-term psychotherapy that was developed for patients
(and their families) living with life-threatening or life-limiting illness. We investigated whether dignity therapy could
mitigate distress or bolster the experience in patients nearing the end of their lives.

Methods Patients (aged =18 years) with a terminal prognosis (life expectancy <6 months) who were receiving palliative
care in a hospital or community setting (hospice or home) in Canada, USA, and Australia were randomly assigned to
dignity therapy, client-centred care, or standard palliative care in a 1:1:1 ratio. Randomisation was by use of a computer-
generated table of random numbers in blocks of 30. Allocation concealment was by use of opaque sealed envelopes.
The primary outcomes—reductions in various dimensions of distress before and after completion of the study—were
measured with the Functional Assessment of Chronic Illness Therapy Spiritual Well-Being Scale, Patient Dignity
Inventory, Hospital Anxiety and Depression Scale, items from the Structured Interview for Symptoms and Concerns,
Quality of Life Scale, and modified Edmonton Symptom Assessment Scale. Secondary outcomes of self-reported end-
of-life experiences were assessed in a survey that was undertaken after the completion of the study. Outcomes were
assessed by research staff with whom the participant had no previous contact to avoid any possible response bias or
contamination. Analyses were done on all patients with available data at baseline and at the end of the study
intervention. This study is registered with ClinicalTrials.gov, number NCT00133965.

Findings 165 of 441 patients were assigned to dignity therapy, 140 standard palliative care, and 136 client-centred care.
108, 111, and 107 patients, respectively, were analysed. No significant differences were noted in the distress levels
before and after completion of the study in the three groups. For the secondary outcomes, patients reported that
dignity therapy was significantly more likely than the other two interventions to have been helpful (x2=35-50, df=2;
p<0-0001), improve quality of life (x2=14-52; p=0-001), increase sense of dignity (x2=12-66; p=0-002), change how
their family saw and appreciated them (x2=33-81; p<0-0001), and be helpful to their family (x2=33-86; p<0-0001).
Dignity therapy was significantly better than client-centred care in improving spiritual wellbeing (x2=10-35; p=0-006),
and was significantly better than standard palliative care in terms of lessening sadness or depression (x2=9-38;
p=0-009); significantly more patients who had received dignity therapy reported that the study group had been
satisfactory, compared with those who received standard palliative care (x2=29-58; p<0-0001).

Interpretation Although the ability of dignity therapy to mitigate outright distress, such as depression, desire for
death or suicidality, has yet to be proven, its benefits in terms of self-reported end-of-life experiences support its

clinical application for patients nearing death.

Funding National Cancer Institute, National Institutes of Health.

Introduction

Research into methods to understand and support
patients who are nearing the end of their lives is
increasing.'” Dignity therapy, a unique, individualised,
brief psychotherapy, was developed for the purpose of
relieving distress and enhancing the end-of-life
experiences of terminally ill patients. It provides these
patients with an opportunity to reflect on things that
matter most to them or that they would most want
remembered. The therapeutic process begins with a
framework of questions (panel 1) that are based on an
empirical model of dignity in the terminally ill patient.**
These conversations, guided by a trained therapist, are
flexible to accommodate the patients’ needs and choices
about what they specifically wish to address. Dignity
therapy is audiorecorded and transcribed, with an edited
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version of the transcript given to patients to share or
bequeath to individuals of their choice.

In a phase 1 trial with 100 terminally ill patients, 91%
were satisfied with dignity therapy, and 76% reported a
heightened sense of dignity, 68% an increased sense of
purpose, 67% a heightened sense of meaning, 47% an
increased will to live, and 81% that it had been or would be
of help to their family.® Post-intervention assessments of
suffering and depressive symptoms showed small, but
significant improvements.® 78% of patients’ family
members reported that the therapy enhanced the patient’s
dignity, and 72% that it heightened the meaning of life for
the patient; 78% said the document from the therapy
session was a comfort to them in their time of grief, and
95% that they would recommend dignity therapy to other
patients and their families” We therefore investigated
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Panel 1: Protocol for questions about dignity therapy

« Tell me alittle about your life history, particularly the parts that you either remember
most or think are the most important? When did you feel most alive?

« Arethere specific things that you would want your family to know about you, and are
there particular things you would want them to remember?

»  What are the most important roles you have had in life (eg, family roles, vocational
roles, community-service roles)? Why were they so important to you and what do you
think you accomplished in those roles?

« What are your most important accomplishments, and what do you feel most proud of?

 Arethere particular things that you feel still need to be said to your loved ones or
things that you would want to take the time to say once again?

»  What are your hopes and dreams for your loved ones?

«  What have you learned about life that you would want to pass along to others? What
advice or words of guidance would you wish to pass along to your son, daughter,
husband, wife, parents, or other(s)?

« Arethere words or perhaps even instructions that you would like to offer your family
to help prepare them for the future?

« In creating this permanent record, are there other things that you would like included?

Generativity
or the ability to guide the next
generation, encompasses how

patients might find strength or
comfort in knowing that they will
leave behind something lasting
and transcendent after death

754

whether this novel psychotherapeutic approach would be
Dbetter than standard palliative care and client-centred care
(which focused on non-generativity—ie, here and now
issues) in terms of reducing psychological, existential, and
spiritual distress in patients who are terminally ill.

Methods
Participants
Individuals were eligible for participation in the study if
they had a terminal prognosis with a life expectancy of
6 months or less, according to their treating physician;
were receiving palliative care in a hospital or community
setting (hospice or home) through an affiliated
recruitment site in Canada, USA, and Australia; were
aged 18 years or older; were willing to commit to three or
four contacts over about 7-10 days; and were able and
willing to provide written informed consent. Patients
were excluded if they were delirious or otherwise
cognitively impaired (based on clinical consensus and
post-randomisation  Blessed Orientation Memory
Concentration test),” too ill to complete the requirements
of the protocol, or unable to speak and read English.
This trial was coordinated by the Manitoba Palliative Care
Research Unit at CancerCare Manitoba, Winnipeg, MB,
Canada. Other participating centres were Curtin University,
Perth, WB, Australia, and Memorial Sloan Kettering Cancer
Center, New York, NY, USA. Approval was obtained from
the ethics committees of all participating centres. All
participants provided written informed consent.

Randomisation and masking

After providing consent, all participants were randomly
assigned in a 1:1:1 ratio to one of three study groups—
dignity therapy, standard palliative care, or client-centred
care—and asked to complete baseline psychosocial
questionnaires. The study statistician used a

computer-generated table of random numbers in blocks
of 30 to allocate patients. Allocation concealment was by
use of opaque sealed envelopes. The envelopes were sent
to each site and opened sequentially by study staff after
consent had been obtained from the patient. To avoid any
possible response bias or contamination, research staff
with whom the participant had no previous contact
administered the final psychometric Dbattery of
questionnaires. Recordings from the dignity therapy and
client-centred care groups were reviewed by the study
coordinator to ensure protocol adherence and prevent
cross-contamination.

Study groups

Dignity therapy was provided by a psychologist,
psychiatrist, or experienced palliative-care nurse. All
therapists took part in a 3-day training workshop, led by
the principal investigator (HMC). Continuous supervision
of the therapy was provided by the site investigator (HMC,
LJK, WB), initially for every case and then varied, until
each therapist was fully competent. Group supervision,
led by the principal investigator, took place every
6-8 weeks throughout the study, with videoconferencing
to connect all three study sites. The principal investigator
also reviewed a random sample (about one in six) of
transcripts from all study sites to identify any difficulties
or therapeutic improvements. Feedback from this review
was offered either individually or, when more broadly
applicable, within group supervision.

Patients were shown the framework of questions for
dignity therapy (panel 1) and asked to consider what they
might wish to speak about during their session(s); this
initial introduction to, and explanation of, dignity therapy
took about 30 min. Within a few days, or as soon as a
second meeting could be arranged, the therapist used the
question framework to help elicit patients’ recollections,
hopes, wishes for loved ones, lessons learned, and things
they wanted remembered by those they were about to
leave behind. Dignity therapy is flexible enough to
accommodate participant’s preferences and choices about
content, but the ethos of questioning targets those things
that might enhance a sense of meaning, purpose,
continued sense of self, and overall sense of dignity. All
therapy sessions were audiotaped; these sessions usually
took about 60 min. On completion, the audiorecording
was transcribed verbatim and the transcript edited, to
provide a clear and readable narrative. This transcript or
generativity document was returned to the patient within
about 4 working days from their previous session, read to
them in its entirety to ensure that no errors of omission or
commission needed to be addressed (this final session
usually took about 30 min). The final version of the
generativity document was given to the patient, to be
passed along to a recipient of the patient’s choice, from
whom follow-up data were later obtained (the effect of
dignity therapy on family members given the generativity
documents will be reported separately). At the conclusion
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1513 patients assessed

630 ineligible
233 tooiill
33 speech or language barrier
44 cognitive impairment
76 unavailable
28 did not meet eligibility criteria
204 deceased before seen
12 family said no

442 refused
273 not interested
122 did not give reason
16 too busy
14 too much on their minds
9 family refused
5 no family or friends
3 too personal

Y

|441random|yassigned |

!

v

| 165 dignity therapy | | 140 standard palliative care | 136 client-centred care |
42 withdrew 20 withdrew 25 withdrew
| 34 withdrew before starting —» 12 withdrew before starting | 20 withdrew before starting
protocol protocol protocol
6 unable to complete protocol 8 unable to complete protocol 5 unable to complete protocol
2 failed cognitive screening
_>| 15 died | _>| 9died | _>| 4died
Y A Y
108 analysed | | 111 analysed | | 107 analysed |

Figure: Trial profile

of this session, participants were asked to complete a
psychometric follow-up battery described in the outcome
measurements section below.

Client-centred care is a supportive psychotherapeutic
approach, in which the research nurse therapist guides
the patient through discussions that focus on here-and-
now issues—ie, participants are asked about their illness,
associated symptoms, and what is being done to address
their distress. The content of client-centred care was kept
as distinct from dignity therapy as much as possible and
did not focus on issues of generativity, meaning, or
purpose. If these issues were raised, the therapist did not
probe for additional detail, allowing the interview to
gently return to illness-related inquiry. Although these
sessions were audiorecorded for purposes of auditing
protocol adherence, no permanent record of these
conversations was provided to the patient or the patient’s
family. The number of contacts for client-centred care
and dignity therapy were identical, with the initial, middle,
and final meetings designed to take about the same time
in both groups. During the final meeting, 7-10 days later,
the participants completed the psychometric battery.

www.thelancet.com/oncology Vol12 August 2011

Participants assigned to standard palliative care had
access to the complete range of palliative-care-support
services that were available to all study patients, including
specialist palliative-care physicians and nurses (ie, experts
in the management of pain and symptoms), social
workers, chaplains, and psychologists or psychiatrists. No
participating site provided a formal approach to addressing
generativity issues; therefore, a programme similar to
dignity therapy was not available to patients who were not
randomly assigned to this group. Patients were asked to
complete the battery of psychometric questionnaires as
soon as they were assigned to standard palliative care and
then 7-10 days later—a timeframe roughly corresponding
to the time between the first and last contact in the other
two study groups.

Outcome measurements

The primary outcomes—reductions in various dimensions
of distress—consisted of mean changes between baseline
and end of intervention in measurements of psychosocial,
spiritual, and existential distress. The primary measure-
ments were the Palliative Performance Scale (for physical
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performance; 100%=healthy, 0%=death),” Functional
Assessment of Chronic Illness Therapy Spiritual Well-
Being Scale (spiritual wellbeing with two subscales—
meaning or peace and faith),” Patient Dignity Inventory,"
See Online forwebappendix  and Hospital Anxiety and Depression Scale.” We also

Dignity therapy Standard palliative care  Client-centred care
(n=108) (n=111) (n=107)
Age (years) 64:2(14:6) 667 (142) 643(143)
PPS score 442 (15-2) 442 (15.9) 44-4(14-4)
Sex (male) 56 (52%) 50 (45%) 55 (51%)
Marital status
Married 60 (56%) 65 (59%) 67 (63%)
Other 48 (44%) 46 (41%) 40 (37%)
Religion*
Catholic 31(29%) 26 (23%) 29 (27%)
Protestant 22 (20%) 30 (27%) 16 (15%)
Jewish 17 (16%) 11 (10%) 15 (14%)
Anglican 17 (16%) 16 (14%) 18 (17%)
Other 11 (10%) 18 (16%) 14 (13%)
None 9 (8%) 10 (9%) 14 (13%)
Living arrangements
Alone 30 (28%) 29 (26%) 27 (25%)
Spouse 37 (34%) 50 (45%) 51 (48%)
Others 18 (17%) 21 (19%) 13 (12%)
Combination 23 (21%) 11 (10%) 16 (15%)
Education
None or primary 11 (10%) 11 (10%) 8 (7%)
High school 38 (35%) 36 (32%) 33 (31%)
College 43 (40%) 47 (42%) 45 (42%)
Postgraduate 16 (15%) 17 (15%) 20 (19%)
Terminal illness
Primary cancer site
Lung 15 (14%) 15 (14%) 18 (17%)
Breast 10 (9%) 8 (7%) 11 (10%)
Gastrointestinal 30 (28%) 48 (43%) 29 (27%)
Genitourinary 12 (11%) 9 (8%) 8 (2%)
Gynaecological 3(3%) 3(3%) 5(5%)
Haematological 5(5%) 6 (5%) 3(3%)
Brain 4 (4%) 2(2%) 3 (3%)
Other solid tumours 23 (21%) 20 (18%) 24 (22%)
Non-malignant 5 (5%) 2 (2%) 5 (5%)
Missing 1(<1%) 1(<1%) 1(<1%)
Ethnic origin
White 98 (91%) 99 (89%) 94 (88%)
Other 10 (9%) 12 (11%) 13 (12%)
Care setting
Palliative care unit 25 (23%) 21 (22%) 24 (22%)
Inpatient palliative care service 7 (6%) 9 (9%) 13 (12%)
Outpatient or home 64 (59%) 70 (60%) 61 (57%)
Hospice 12 (11%) 11 (9%) 9 (8%)
Data are number (%) or mean (SD). PPS=Palliative Performance Scale. *Two individuals (one in dignity therapy group
and one in client-centred care group) did not provide an answer to the question about religious affiliation.
Table 1: Demographic characteristics of patients at baseline
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administered items from the Structured Interview for
Symptoms and Concerns,” including dignity, desire for
death, suffering, hopelessness, depression, suicidal
ideation, and sense of burden to others. Additional
measurements were a two-item Quality of Life Scale* and
an Edmonton Symptom Assessment Scale, modified to
include a will-to-live visual analogue scale.” All scales were
administered at baseline and immediately after study
completion. Secondary outcomes, addressing to what
extent the intervention might have affected the participants’
end-of-life experiences, were measured with a survey done
after study completion, with detailed questions about their
experience of participation in the study and how it had
affected them and their family (for the questionnaire see
webappendix pp 1-18).

Statistical analysis
Analyses were done on all patients with available data at
baseline and at the end of the study intervention. The
data were summarised with standard descriptive
measurements. Two group comparisons were under-
taken—t tests when the data approximated a normal
distribution and Mann Whitney U tests when the data
were ordinal. Three group comparisons were undertaken
by use of ANOVA when a normal distribution was
reasonably approximated and Kruskal-Wallis tests when
it was not. With an a set at 0-05, desired power set at
80%, and small-to-medium effect size with Cohen’s
value for such an effect size of 0-15, the estimated
recruitment target was 120 patients per group.” The
effect size here refers to the standard deviation of the
group means divided by the postulated common
standard deviation. With three groups, an effect size of
0-15 would imply that at least one group mean is at least
a third of a standard deviation away from the other two.
SPSS (version 18.0) was used for the statistical analysis.

When a significant result was obtained in a multigroup
comparison, the precise nature of the group differences
was investigated with Tukey’s test (if ANOVA had been
used) or a series of Mann-Whitney U tests (if the Kruskal-
Wallis test had been used). Comparisons of before and
after therapy were undertaken by use of the paired ¢ test
if the data were roughly normal or the Wilcox signed-
rank test if they were not. All comparisons were done on
a two-tailed basis. Since the number of comparisons was
large and the risk of type 1 errors was increased, a
probability of less than 0-01 was prespecified as the
minimum acceptable designation of significance.

This study is registered with ClinicalTtials.gov, number
NCT00133965.

Role of the funding source

The funders had no role in the study design, data
collection, analysis or interpretation of the data, or in
writing the final report. The corresponding author had
full access to all the data and final responsibility to submit
for publication.
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Dignity therapy (n=108) Standard palliative care (n=111)  Client-centred care (n=107)
Baseline Study completion  Baseline Study completion  Baseline Study completion
Not able to continue usual routines 2:47 (1-28) 2:33(1-25) 2:70(1-32) 2:42 (1-25) 2:51(1-14) 228 (1-14)
Physically distressing symptoms 2-32(1-29) 2:37(1-24) 2:28 (1-21) 2:22 (1-14) 2.57(133) 2:35(1-20)
Not able to carry out important roles 1-88 (1-15) 1-88 (1-24) 2:11(1-22) 205 (1-17) 2:02(117)  2:02(117)
No longer feeling like who | was 2:20(1-29) 2:09(1-27) 2-00 (1-27) 2.02 (1-15) 2:21(134) 2-06 (1-26)
Not able to perform tasks of daily living 179 (1-08) 2-11(1-25) 174 (1-15) 1-84 (1-15) 1.84(111)  1.88(1-21)
Feeling of not having control 2:15(1-29) 2-00(1-12) 2-08(1-12) 2-00 (1-05) 215 (1-23) 2:22(1-22)
Feeling uncertain 210 (118)  2:21(1-22) 2:08(1-24)  1-88(1:09) 2:05(116)  2:07(1-23)
Not able to attend to bodily functions 1-42 (0-93) 1-82 (1:56) 1-40(0-95)  1.64(1-12) 1.56 (1-:06)  1.61(1.02)
Feeling anxious 1.93(1:09)  1.90 (1.09) 173(1:01)  1.80(1-02) 1.93(111)  1:92(1:08)
Feeling of reduced privacy 1-82 (113) 1-84(1-18) 1-87 (113) 1.73(1-01) 1.66 (1.04) 1.83(1-08)
Feeling a burden to others 1.90(1.08)  1.91(1-02) 1.99 (1-08)  1.92(111) 2:07(113)  211(1-14)
Feeling how you look has changed 1-83(112) 172 (1-08) 179 (111) 1-69 (1-08) 1.64(1-:04)  1.71(0-99)
Feeling depressed 184(112)  1.81(1-07) 169 (0-95)  1.74(0-99) 176 (1:00) 179 (1-06)
Worried about future 2:08(130)  2:03(1:26) 213(122)  1.76(1:03) 215(124)  1:94(117)
Not being able to think clearly 174(0-93) 179 (1-12) 166 (1-04)  1-69 (0-98) 1.92(112) 185 (1-10)
Feeling of unfinished business 1.91(111) 179 (1.02) 1.95(1-10) 1-86 (1-15) 2:03(115)  1.91(1.07)
Feeling life no longer has meaning or purpose 1.58 (0-98) 1-46 (0-85) 1.56 (1-05) 148 (0:92) 1.54(1-01)  1.64(1.03)
Not feeling worthwhile or valued 150(0-93)  1.57(115) 142 (0-86)  1-44(0-91) 1-61(1-:09) 158 (1.06)
Feeling have not made meaningful contribution 133 (0-71) 1-36 (0-86) 130 (0-74) 123 (0:67) 139(0-80)  1-44(0-89)
Not feeling able to mentally fight illness 1-43(0-84) 1-46 (0-88) 1-40(0-79)  1-44(0:93) 156 (0-90)  1.58(0-95)
Not being able to accept things as they are 1.57 (1-02) 1.54 (0-94) 148 (0-86)  1.48(0-95) 1.55(0-91)  1.50(0-85)
Concerns about spiritual life 130 (0-73) 137 (1-26) 118 (0-51) 123 (0:67) 136 (0-76)  1-24(0-61)
Not being treated with respect 119 (0-59) 120 (0-62) 112 (0-40) 120 (0-59) 118 (0-53)  1.23(0-68)
Not feeling supported by health-care providers 120 (0-68) 1-11(0-42) 118 (0-49)  1.13(0-49) 1.45(0-95)  1-26 (0-76)
Not feeling supported by friends or family 123 (0:73) 1-08 (0:39) 1.07 (0-29) 114 (0-55) 118 (0-64)  1.23(0-71)
Data are mean (SD). Score of 1 indicates that the treatment was not a problem, 2 a slight problem, 3 a problem, 4 a major problem, and 5 an overwhelming problem.
Table 2: Distress measured with the Patient Dignity Inventory® at baseline and after study completion

Results

The figure shows the trial profile. 1513 patients were
assessed for eligibility by use of a consecutive sampling
approach between April, 2005, and October, 2008. After
randomisation, 28 patients died, 85 withdrew because of
declining health, and two failed Blessed Orientation
Memory Concentration screening. These individuals
were excluded from the analysis because we had either
no or only incomplete data for them. Therefore,
326 participants—108 (33%) assigned to dignity therapy,
111 (34%) to standard palliative care, and 107 (33%) to
client-centred care—completed the study. Recruitment
was fairly even across the three study sites (Winnipeg
[n=119], Perth [n=99], and New York [n=108]), with the
number of participants at each site balanced across the
study groups.

Table 1 shows that the baseline demographic charac-
teristics of participants assigned to the three groups were
well balanced. 161 (49%) of 326 participants were men
(table 1). The mean age of the participants was 65-1 years
(SD 14-4; range 22-102). 192 (59%) participants were
married or living in common-law partnerships, and the
rest were widowed, divorced, or not married. 138 (42%)
were living with their spouse or partner, 86 (26%) were

www.thelancet.com/oncology Vol12 August 2011

living alone, 70 (21%) were living with children, and the
rest were living with others, such as friends or other
relatives. 196 (60%) were receiving home-based palliative
care, 72 (22%) palliative care in an inpatient unit, 31 (10%)
acute care in an inpatient unit (followed by palliative care
on a non-palliative-care unit), and 27 (8%) freestanding
hospice care. 68 (21%) participants were Protestant,
86 (26%) Catholic, 43 (13%) Jewish, 51 (16%) Anglican,
43 (13%) other, 33 (10%) no religious affiliation, and two
individuals did not provide an answer to the question
about religious affiliation. 30 (9%) individuals had less
than high school education, 107 (33%) had completed
high school, and 188 (58%) had completed college or
postgraduate training (one individual was unable to
answer). Cancer sites were gastrointestinal (108 [33%]),
genitourinary (26 [8%]), lung (48 [15%)]), breast (29 [9%]),
gynaecological (11[3%]), miscellaneous solid tumours (67
[21%]), haematological (14 [4%]), and brain (nine [3%)]),
and 12 [4%)] patients had non-malignant terminal illness
(ie, end-stage organ failure and amyotrophic lateral
sclerosis). The mean Palliative Performance Scale rating
for all participants at baseline was 44-3% (SD 15-1).

134 (41%) participants reported that they had lived with
their life-limiting illness for less than 1 year, 104 (32%) for
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Dignity therapy (n=108) Standard palliative care (n=111) Client-centred care (n=107)
Baseline Study completion Baseline Study completion  Baseline Study completion
Structured Interview for Symptoms and Concerns*
Loss of Dignity 0-58 (1-00) 0-67 (119) 0-35(0-81) 0-51(0-94) 0-68 (1:09) 0-47 (0-96)
Desire for Death 0-44 (0-87) 0-53 (0-88) 0-60 (1-19) 0-65 (1-29) 064 (1-18) 0-68 (1-18)
Sense of Suffering 1.63 (1-57) 134 (1-40) 1.46 (1:53) 1.41(138) 1.52 (1:35) 1.46 (1-35)
Hopelessness 0-90 (1-17) 0-86 (1-27) 0-78 (1-08) 0-68 (1-31) 0-87 (1:24) 0-80 (1-17)
Depression 1.22 (126) 1.23(123) 114 (1:31) 1.06 (1:38) 1.25 (1-19) 1.06 (1-25)
Suicidality 0-29 (0-72) 0-27 (0-73) 0-21(0-66) 0-30 (1-:02) 0-38(0-86) 0-32 (0-96)
Burden to Others 147 (1-55) 133 (1-40) 154 (1-45) 124 (1-50) 153 (1:56) 1-43(1-38)
Edmonton Symptom Assessment Scalet
Pain 2:72(2:79) 279 (2:61) 276 (2:80) 2:87(2-80) 313 (2-84) 318 (2:94)
Nausea 1.52 (2-18) 1.57 (2-42) 1.62 (2-44) 1.59 (2:61) 130 (2:34) 155 (2-42)
Drowsiness 3-61(2:96) 3-65(2-91) 2:89 (271) 3-07 (2:84) 331(292) 354 (2:96)
Shortness of Breath 1.98 (2:59) 2:52(2:85) 170 (2:33) 175 (2:50) 2:35(2:92) 2:51(3-11)
Will to Livet 9-08 (1.94) 8.99 (1.62) 9-05 (2:02) 8.84 (2-40) 9-00 (2:00) 9-00 (2-19)
Appetite 6-59 (3-13) 6-24 (3-04) 5.91(3-03) 6-05 (3-18) 6-93 (2-65) 7-05 (3-00)
Level of Activity 459 (2:97) 424(2:92) 459 (2:66) 4-45 (2-81) 4-80(2:69) 442 (2.78)
Sense of Well Being# 6-67 (2:67) 6-62 (2:66) 6-65 (2:64) 6-44 (2-89) 674 (2-62) 6-50 (2-88)
Quiality of life§
Rating 6-48 (2:69) 6-39 (2:54) 627 (2:70) 6-34 (2-47) 6-29 (2-50) 6-64 (2:55)
Satisfaction 6-34 (3-06) 6-04 (2:94) 6-10 (3-09) 6-05 (2:99) 5.83(3-16) 6-05 (2-88)
Functional Assessment of Chronic lllness Therapy (FACIT)q (48)
Total 34-70(9-59) 33-97(10-29) 33-82(9-56) 34-44(10-13) 32:86(9:61) 32:43(10-37)
FACIT-Secular (32) 2450 (5-85) 23-88 (6-27) 23-65 (6-30) 24-04 (6-76) 23-05 (6-26) 22-80 (7-19)
FACIT-Faith (16) 10-20 (5-22) 10-09 (513) 10-00 (5-07) 10-40 (472) 9-81(5-10) 9-63 (5-05)
Hospital Anxiety and Depression Scale (HADS)]| (56)
Total 1108 (6-76) 11-45 (6-84) 1136 (6-76) 1139 (7-43) 12:06 (7-28) 11.76 (7-80)
HADS-Depression (28) 5-86 (3-86) 5-64 (4-07) 6-03 (4-02) 619 (4-21) 630 (4-04) 6-38 (4-30)
HADS-Anxiety (28) 522 (4-20) 5.81(3-80) 534 (3-79) 5-20 (4-05) 576 (4-26) 538 (4-40)
The parenthesised numbers besides the scales and subscales represent the maximum scores. *0=none, 1=minimum, 2=mild, 3=moderate, 4=strong, 5=severe, and
6=extreme. t1=no or poor, 10=worst. $Reverse scoring—higher scores represent better outcomes. §1=poor or not satisfied, 10=excellent or very satisfied. qHigh score
indicates better spiritual wellbeing. ||High score indicates more intense depression.
Table 3: Distress according to the Structured Interview for Symptoms and Concerns,*® Edmonton Symptom Assessment Scale,”* Quality of Life Scale,**
Functional Assessment of Chronic lliness Therapy,“* and Hospital Anxiety and Depression Scale’”? at baseline and study completion

1-3 years, and 88 (27%) for more than 3 years. The median
survival time was 110 days (IQR <56 to <235); 213 [65%)]
patients had died by the time the study ended; the
proportion of patients surviving in each of the study groups
was not significantly different between groups (62 [57%] of
108 in dignity therapy group, 78 [70%)] of 111 in standard
palliative care group, and 73 [68%)] of 107 in client-centred
care group; p=0-1). No difference was noted in the survival
times after study completion between the three groups
(81 days [IQR 48-249] in dignity therapy group,
109 days [61-222] in standard palliative care group, and
128 days [67-233] in client-centred care group; p=0-51).
Age and sex distribution, Palliative Performance Scale
ratings, and dropout rate (death and withdrawal because of
deterioration in health), in all three study groups showed
no significant differences at completion of the study.
Because no initial threshold level of distress was
stipulated as an entry criterion, the sample was most
noteworthy for its paucity of distress at baseline (table 2;

table 3). In most instances, patients were not greatly
distressed, as indicated by the average Patient Dignity
Inventory item scores and other baseline psychometric
scores (table 2; table 3). Differences between before and
after study measurements were calculated for Patient
Dignity Inventory and Structured Interview for
Symptoms and Concerns items, modified Edmonton
Symptom Assessment Scale individual subscale scores,
Quality of Life Scale, Functional Assessment of Chronic
Illness Therapy, and Hospital Anxiety and Depression
Scale; no significant differences were noted between
the three groups (table 2 and table 3). The survey after
the study, however, showed differences between the
three study groups (table 4). Patients given dignity
therapy were significantly more likely than were those
in either of the two other groups to report that the
treatment was helpful to them, improved their quality
of life, and sense of dignity (table 4). The patients in the
dignity therapy group, compared with the other study
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Dignity therapy Standard palliative Client-centred y’(2df) pvalue
(n=108) care (n=111) care (n=107)
The study group has been helpful to me 423 (0-64) 3-50 (1-01) 3-72 (0-89) 35-50 <0-0001*
The study group has been as helpful as any other aspect of my health care 3-63(1-04) 3-27(1-:04) 312 (1-04) 6-39 0-041
The study group has improved my quality of life 3-54(0-95) 2-96 (0-96) 2-84 (1-05) 1452 0-001*
The study group has given me a sense of looking after unfinished business ~ 3-35 (1-01) 2-86 (1-60) 2:93(1-16) 6-87 0-032
The study group has improved my spiritual wellbeing 3-27 (1-09) 3-00 (1-11) 2.56 (0-98) 10-35 0-0067
The study group has lessened my sense of sadness and depression 3-11(1-02) 2:57(0:92) 265 (1-04) 938 0-009%
The study group has lessened my sense of feeling a burden to others 2-81(0-98) 2-58 (0-:95) 2.53(0-96) 271 0-258
The study group has made me feel more worthwhile or valued 3-38(0:93) 3-35(1-00) 3-02 (1-01) 375 0-153
The study group has made me feel like I am still me 3-81(0-85) 3-59 (0:92) 3-40 (0-98) 5-91 0-052
The study group has given me a greater sense of having control over my life ~ 3-02 (1.02) 3-16 (1-00) 2-81(1-05) 274 0-255
The study group has helped me to accept the way things are 339 (1-062) 3-31(1-01) 319 (1-12) 0-92 0-630
The study group has made me feel more respected and understood by others  3-16 (0-90) 3.04(0-98) 2:79 (0-98) 3-85 0-146
The study group has made me feel that | am still able to carry out important ~ 3-62 (0-97) 3-48 (1-00) 3-02 (1-05) 896 0-011
tasks or fill an important role
The study group has been satisfactory 426 (0-63) 3-80(0-74) 4-17 (0-56) 29.58 <0-0001F
The study group has made me feel that life was more meaningful 355 (1-05) 3-19 (1-70) 3-31(1-02) 673 0-035
The study group has given me a heightened sense of purpose 3:49 (1:04) 3-20(0-98) 3-15(1-.03) 6-86 0-032
The study group has increased my sense of dignity 3:52(1:04) 3:09 (1:02) 3:11(0:97) 12:66 0-002*
The study group has lessened my sense of suffering 2.86 (1.04) 2.70 (1-02) 277 (0-98) 1.06 0-588
The study group has increased my will to live 2:94 (1-11) 276 (1-04) 2:92(0-97) 173 0-422
The study group has or will be of help to my family 3-93(0-80) 3-20 (1-00) 3-29 (0:99) 33.86 <0-0001*
The study group has or could change way my family sees or appreciates me ~ 3-58 (1-01) 2-85(1-00) 2-85(1-04) 3381  <0-0001*
In general, | am satisfied with my psychosocial care 4-25(0:77) 414 (0-65) 3-99 (0-89) 5.97 0-051
Data are mean (SD). Score 1 is strongly disagree, 2 disagree, 3 neither agree nor disagree, 4 agree, and 5 strongly agree. NA=not applicable (detailed group comparisons only
undertaken if p<0-01). *Dignity therapy was significantly better than client-centred care and standard palliative care. tDignity therapy was significantly better than client-
centred care. $Dignity therapy was significantly better than standard palliative care.
Table 4: Results of survey done after study completion

groups, were also significantly more likely to report that
the study treatment changed how their family saw and
appreciated them, and that it had or would be of help to
their family (table 4). Dignity therapy was significantly
better than the client-centred care in improving spiritual
wellbeing, and was significantly better than standard
palliative care in terms of lessening sadness or
depression; significantly more patients who had
received dignity therapy reported that the study group
had been satisfactory than did those who received
standard palliative care (table 4).

Discussion

Although floor effects precluded our ability to show
significant differences between the study groups in terms
of the primary outcomes, our secondary outcomes
showed substantive benefits of dignity therapy, a novel
psychotherapeutic approach, over standard palliative care
and client-centred care. Patients in this group, when
surveyed after the study, were significantly more likely to
report benefits in terms of finding the treatment helpful,
improving their quality of life, their sense of dignity,
changing how their family saw or appreciated them, and
helping their family than did those in the standard
palliative care and client-centred care groups (panel 2).

www.thelancet.com/oncology Vol12 August 2011

Comprehensive palliative care requires that careful
attention be paid to the physical, psychosocial, existential,
and spiritual sources of end-of-life distress. Restricting
the clinical focus on any of these domains to the exclusion
of others does not achieve standards of palliative care as
specified by WHO? and the US Institute of Medicine.”
In describing factors associated with a good death, the
Institute of Medicine includes preparation for death and
opportunities for closure or sense of completion of the
life.” Yet, although much progress has been made in our
ability to achieve physical comfort for patients who are
dying, few novel interventions have been designed to
address the psychosocial, existential, and spiritual
dimensions of end-of-life care.

Dignity therapy was developed for the purpose of
lessening distress and enhancing end-of-life experience
for patients nearing death. In our phase 1 trial,* nearly all
patients reported that dignity therapy was helpful,
whether they had disclosed substantial initial distress or
not. On the basis of that finding, baseline distress was
not specified as an entry criterion for the randomised
controlled trial. Because the base rates of distress within
our sample were quite low, it is perhaps unsurprising
that we were unable to measure any significant changes
in distress in the three study groups. Improvement in
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Panel 2: Research in context

Systematic review

This study is the first randomised trial of dignity therapy. The
systematic review that accompanied the application for
funding of this randomised controlled trial was incorporated
into two reports.”*

Interpretation

Based on the findings of this study, clinicians should consider
dignity therapy a viable therapeutic approach, which can
enhance end-of-life experience for patients and families
confronting death.

indicators of depression, will to live, and quality of life,
presupposes that patients’ initially consider these a
problem. In the absence of such initial distress, little
room exists for improvement.

Perhaps the scales we used for assessment of our
primary outcome were less responsive and less sensitive
to changes than were those used for the secondary
outcome, whereby patients reported their experiences
in the survey undertaken after study completion. The
difficulty in showing end-of-life psychosocial change
with self-reported measurements has been well
documented. Unlike a trial of chemotherapy, in which
survival time, tumour load, and overall mortality
provide readily measurable and objective outcomes,
defining outcomes for dignity therapy is a greater
challenge. Dignity therapy was designed to positively
affect the experience of people who are dying.
Measurements of overt distress, with indicators of
psychosocial, existential, and spiritual effect, were
incorporated into the study protocol. In a recent review
of quality of life measurements that are suitable for use
in palliative care, none of the items could be identified
as having an established responsiveness to change.”
The conclusion drawn from the results of a meta-
analysis is that distress before the intervention is a
critical moderator of efficacy of psychosocial
interventions in patients with cancer.”® Murray and
colleagues® have suggested that a more successful
approach might be to have serial qualitative interviews.
This approach, however, would not be well suited to a
randomised, controlled trial.

With the lack of significant difference for the three
study groups for the primary outcome measurements,
we also considered whether our trial might have been
underpowered. A post-hoc power calculation, based on
the actual number of trial participants, determined that
with 326 patients, this study had a power of 0-72-0-95 to
detect an effect size of 0-15-0-30.

Patients in the dignity therapy group were significantly
more likely than were those assigned to the other groups
to report that this approach was helpful, improved their
quality of life, enhanced their sense of dignity, and

provided benefits to their family. Although they reported
their initial state of psychosocial or existential wellbeing
as satisfactory, patients given dignity therapy often had
an enhanced quality-of-end-of-life experience that they
simply could not have expected. The effect, although
difficult to assess, was often poignant and profound. For
example, a 72-year-old woman with bowel cancer stated
that “[dignity therapy] brought to the forefront that I have
to prepare my family to the best of my ability”. A 56-year-
old woman said, “Mostly I want my family to know that
I'm okay with dying and they must move on”. She went
on to say that “the therapy showed me I am not the
cancer, I am still in here. I am so grateful for that because
I lost myself....it really helped me remember who I am”.

With hindsight, the argument could be that we should
have screened patients for some baseline critical distress.
That might have improved the likelihood of showing
differences, based on changes reported in the
questionnaires before and after the intervention, in the
three study groups. Our disinclination to do so, however,
was based on previous findings, showing the beneficial
effects of dignity therapy for nearly all patients nearing
death, whether overtly distressed or not. Introduction of
critical thresholds of distress for study inclusion would
have excluded most patients who were most likely to
participate in this study. Another consideration might
have been a crossover study design, in which patients
could experience and thus compare dignity therapy with
other possible study treatments. However, such a design
would not have been feasible, with many patients either
deteriorating or dying before a comparison of the groups
was possible.

Notably, of the 1513 patients who were assessed for
eligibility, 42% were ineligible, mainly because they were
too ill to take part in the study. Of the patients who met the
eligibility criteria, half consented to participate, and nearly
three-quarters of these completed the protocol. For
palliative care protocols that require participants who do
not have any cognitive impairment, this recruitment
pattern is not at all atypical.* The nature of dignity therapy
is such that only patients who are mentally capable of
providing personally meaningful responses are those who
will be approached to take part. Therefore, generalisability
should be defined in terms of patients who maintain their
cognitive capacity while they are nearing death. Although
in this trial we mainly enrolled patients with cancer, the
application of dignity therapy in non-cancer populations
has been investigated in other studies.”

We are not aware of any instance in which patients
withdrew from dignity therapy because of feeling upset
or distressed. Many patients, however, indicated moments
during therapy that were emotionally evocative—eg,
talking about hopes or wishes for family members in
anticipation of a time after their death. Mostly, however,
patients appreciated the opportunity to articulate these
issues. The only safety issue, which will be reported fully
in a separate report of families’ experiences of dignity
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therapy, was that on a few occasions family members
were dissatisfied with the generativity document. The
family members felt the patient had become too ill to
give fulsome responses, or that the answers provided a
distorted image of the participant. Therefore, patients
who are delirious or otherwise cognitively impaired
should not be given dignity therapy.

Several studies have been done to assess dignity therapy
under different circumstances. The conclusions drawn
from a phase 1 Danish study” of ten health-care
professionals and 20 patients was that, with minor cultural
adaptations, dignity therapy was “a manageable, acceptable
and relevant intervention for Danish patients admitted to
palliative care”. The results of a pilot study of eight patients
in rural Kentucky, USA, with end-stage cancer showed
that dignity therapy could be delivered by videophone, and
achieve overall benefit and high patient satisfaction.” In a
phase 1 study of a cohort of 33 terminally ill patients that
was done in French-speaking Canada, relevance and
satisfaction were high for patients and their families.”

Despite the beneficial effects of dignity therapy, its
ability to mitigate outright distress (eg, depression, desire
for death or suicidality) has not yet been proven. Future
research in more severely distressed patients might
indeed establish its role in such circumstances. However,
the purpose and potential benefit of individual
psychotherapy for patients with advanced or terminal
disease is not solely the symptomatic relief of stress.”
Psychotherapy is also offered for the prevention of
distress, promotion of wellbeing, and establishment of a
sense of personal meaning and life purpose.
Psychotherapeutic support can help patients cope with
disappointments, process the reality of leaving behind
loved ones, deal with feelings of sadness, loss, isolation,
and a damaged sense of identity and personal value. It
can also help patients consider personal priorities in
terms of relationships, religious and spiritual beliefs, and
deal with the urgency of resolving conflicts or achieve
personally meaningful goals.*** Palliative care must offer
patients opportunities to engage in these complex issues,
and dignity therapy is a means by which it might do so.
Future research exploring the beneficial effects of dignity
therapy will help to unravel the psychological, spiritual,
and existential complexities for an individual facing
death, and the best way to support patients with advanced
and terminal illness and their families.
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