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Abstract

Background: To allay uneasiness among clinicians and institutional review board members about pediatric
palliative care research and to yield new knowledge relevant to study methods, documenting burdens and
benefits of this research on children and their families is essential.

Design: In a grounded theory study with three data points (T1, T2, and T3), we evaluated benefits and burdens
of family caregiver participation at T3. English-speaking caregivers participating in palliative or end-of-life
decisions for their child with incurable cancer or their seriously ill child in the intensive care unit participated.
Thirty-seven caregivers (n=22 from oncology; n=15 from intensive care) of 33 children completed T3 in-
terviews; most were mothers (n=25, 67.6%), African American (n=18, 48.6%), and married (n=28, 75.7%).
Measurement: Benefits and burdens were assessed by three open-ended questions asked by an interviewer
during a scheduled telephone contact. Responses were analyzed using descriptive semantic content analysis
techniques and themes were extracted.

Results: All 37 T3 participants completed the 3 questions, resulting in no missing data. The most frequently
reported themes were of positive personal impact: ‘“Hoping to help others,” ‘‘Speaking about what is hard is
important,” and ‘“Being in the study was sometimes hard but not bad.”

Conclusions: No caregiver described the study as burdensome. Some acknowledged that answering the
questions could evoke sad memories, but highlighted benefits for self and others. Attrition somewhat tempers
the emphasis on benefits. Documenting perceived benefits and burdens in a standardized manner may accurately
convey impact of study participation and yield new knowledge.
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fellow researchers, and some clinicians,> ™ resulting in cer-
tain studies not being approved, implemented, or completed.
Such presumed burden and resulting constraints placed on
pediatric palliative care research could slow advancements in
this field.’ Not pursuing important research questions be-
cause of constraints could be a disservice to seriously ill
children and their families. A method to sensitively assess
burdens and benefits of child and family participation in
pediatric palliative care studies could yield information to
address concerns of reviewers, regulatory bodies, and clini-
cians, and new information that could guide future research.

At present, there is no established methodology to solicit
from participants their possible or actual benefit or burden
from participating in pediatric palliative care research al-
though such a methodology could become a best practice
standard in this field.®® Participation impact, when mea-
sured, appears to yield information beyond other findings in
the same study, indicating that the added assessment effort
can produce new and useful results. Our purpose here is to
report descriptive outcomes from assessing study participa-
tion impact (burdens and benefits) from caregivers of seri-
ously ill children after their participation in a pediatric
palliative care study.

Background to the Primary Study

In the study about “‘being a good parent to my seriously ill
child” (good parent) and caregivers (family member serving
as primary caregiver) were asked to identify perceived ben-
efits and burdens of study participation shortly after com-
pleting the study during a formal follow-up. We had
previously established caregivers’ definitions of being a good
parent to a seriously ill child”'® and their willingness to speak
to this definition shortly after their involvement in treatment
decision making on behalf of their very ill child'"'? or after
their referral to a pediatric palliative care service.'>'*

The primary goal of the “good parent” study, using a con-
structivist grounded theory methodology, was to identify internal
and external factors that influence caregivers’ ability to achieve
their definition of being a ““good parent” to their ill child. The
secondary goal was to construct an integrated formal grounded
theory as the basis for a future intervention to support caregiver
and family well-being to diminish risks of adverse health out-
comes that can be experienced by bereaved families.'>'®

The primary study involved in-person consenting and had
three data points (T1, T2, and T3). T1 included a face-to-face
interview and measures of caregiver and family well-being and
occurred within seven days of caregiver involvement in an end-
of-life or treatment decision. T2 included the same interview
and measures as used at T1 and was generally four to eight
months after T1. T2 interviews were face to face or by telephone
to allow caregivers needed flexibility. T3 was a telephone in-
terview to assess caregivers’ perceived burden and benefit of
study participation and occurred one to several days after T2.
The T3 telephone interviews involved only the interviewer and
the caregiver. Field notes were completed after the interview.

Study Methodology
Sample

Eligible participants were English-speaking caregivers 18
years of age and older who were involved in an end-of-life
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decision for their child with incurable cancer or a palliative
treatment decision (e.g., tracheostomy placement or resus-
citation preferences) for their ill child in the pediatric inten-
sive care unit (PICU). Exclusion criteria were caregivers
considering an end-of-life decision following a child’s sui-
cide attempt or caregivers of a child who had experienced a
nonaccidental trauma.

Settings

The pediatric oncology clinic and inpatient unit and
the PICU at each of the two academic medical centers were
the study sites. Both institutional review boards approved the
study according to federal guidelines (Children’s National
Hospital, Pro00005750, University of Maryland, Baltimore,
HP-00077824). Six study team members trained to initiate
the consent process.

Design

Caregivers were reminded by the interviewer at the
conclusion of T2 about the T3 contact, their agreement to
receive that contact, and their preferred contact number
were confirmed. The interviewer next verbally shared the
three questions to be asked at T3 to allow time for the
participants to reflect on the questions and purpose of
the T3 contact. No caregiver at T2 declined the T3 contact.
Contacting the participant to schedule the T3 interview
occurred within 72 hours after T2 by telephone, text mes-
saging, or e-mail by a female nurse study team member
(C.R.) with 15 years’ experience as an oncology nurse and
who has certification in palliative care and study-specific
training for interviewing. She was not familiar with the
caregivers and/or involved in other aspects of the study.
The T3 study team member was aware of which group the
participant was in and whether their child had died but did
not know the interview content from T1 and T2. A maxi-
mum of four attempts were made to contact caregivers for
the T3 interview. Most participants (70%) were scheduled
before the third attempt. The fourth attempt included a
message of appreciation for the caregiver’s study partici-
pation and a statement indicating that this was the final
contact from the study team.

Method

The three open-ended interview items posed at T3 were
previously assessed for their acceptability to caregivers who
participated in a pediatric palliative care study (Insert 1).'"!7
T3 was conducted for all but two interviews by the study team

INSERT 1. INTERVIEW QUESTIONS TO ASSESS BENEFIT
AND BURDEN OF STUDY PARTICIPATION AS POSED AT T3

Please share with me what was good about participating in
this study.

Please share with me what was bad about participating in
this study. (Planned subsequent prompt to be ‘what may
have made you uncomfortable?’ if participant asked about
the meaning of the interview question.)

Please share with me what else you would like the study
team to learn from your experiences.




BENEFITS AND BURDENS TO PALLIATIVE RESEARCH

member assigned solely to this role. T3 interviews ranged
from 10 to 30 minutes. All 37 T3 participants responded to all
3 interview questions resulting in no missing data.

Analysis

Demographic and clinical variables were analyzed us-
ing descriptive statistics (Table 1). Interview data were
analyzed using descriptive content analysis.'® The unit of
analysis was the phrase and the unit of response was all
statements made to each specific interview question within
and across interviews. Three team members jointly created
the study coding dictionary from study data and using
a consensus coding approach coded all T3 interviews,
refining the coding dictionary concurrently. The same
team members jointly examined the first-level codes for
conceptual overlap and for any pattern of frequent co-
occurrence. As a result, 28 first-level codes were merged
into 5 themes for interview question 1, 2 themes for
question 2, and 2 themes for question 3. Each code was
used to induce the conceptual definition for each theme.
Frequencies of the theme per caregiver group and for the
total sample were calculated and confirmed independently
by five other study team members. No software program
was used to manage the data. The Consolidated Criteria for
Reporting Qualitative Research (COREQ) were used to
guide reporting the qualitative results that follow.

Results
Sample

Thirty-seven caregivers, including 5 couples (3 in oncol-
ogy, 2 in the PICU), of 16 male and 16 female children
completed T3; 25 (67.6%) were mothers, 11 (29.7%) were
fathers, and 1 (2.7%) was a grandmother. Eighteen caregivers
(48.6%) were African American, 17 (45.9%) were Cauca-
sian, 1 (2.9%) was Asian, and 1 (2.9%) identified as other.
Most (n=28, 75.8%) were married (Fig. 1). Of the 15 PICU
caregivers, the majority were African American (n=10,
66.7%); of the 22 oncology caregivers, half were Caucasian
(n=11, 50%) (Fig. 1). The diagnostic categories represented
by the children of the participating caregivers in the PICU
were rare congenital disorders (i.e., Aicardi syndrome,
Pierre Robin syndrome, juvenile Huntington’s disease, and
Zellweger syndrome) (n=38), prematurity and organ compli-
cations (n=3), congenital heart disease (n=2), and other
(n=2). At the time of T3, all but one child with incurable
cancer had died four to five months previously and all but three
children from the PICU sample were living with ongoing
caregiving needs managed by their family. The average time
between the T1 and T3 interviews for the oncology sample was
5.2 months and for the PICU caregiver sample was 7.8 months.

Themes

Interview question 1: Please share with me what was
good about participating in this study. The most fre-
quently reported theme to question 1 and reported at similar
rates by caregivers from both groups was ‘“Hoping to help
others.” Despite experiencing the death of their child or the
decline in their child’s health status, these 22 caregivers were
clear that they wanted to help other caregivers feel supported
in their treatment decision making for their ill child (Oncol-
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ogy Mother 106: ““The good thing is that I hope this will help
other caregivers so what they go through will be easier for
them’’; PICU Father 11: ““Just that I hope whatever we said
will be useful to other families going through similar cir-
cumstances. I don’t think I actually gained much from the
study, but if it will help others via the research that is good
and this is enough for me.””). Several caregivers also com-
municated a desire to offer guidance for professionals who
interact with such caregivers (PICU Mother 002: ““Some-
times doctors and nurses don’t really know how the person
receiving the information was feeling, like how they were in
that moment. All parents are not the same. This was my main
motivation for consenting to do the study.”’; Oncology Mo-
ther 127: *“...help doctors how to handle patients and families
in desperate situations, to be conscious of how to reach out to
them and help.”’) (Table 1).

The second frequently reported theme by caregivers (n=17,
46%) was ‘‘Speaking about what is hard is important.”” These
17 family caregivers emphasized 33 times (reported nearly 2
times more frequently by the oncology caregivers) that there is
personal benefit in speaking about ‘‘being a good parent”
during difficult and sad times. The personal benefits involved
clarifying feelings (Oncology Father 100: “It’s good to speak
the truth—very difficult but good to talk about what was so
hard.” Oncology Mother 102: *‘I think I was able to clear my
mind—get my thoughts out.””), reflecting on past actions and
experiencing a surprising awareness of having made reason-
able decisions and taken positive actions for this ill child and
other family members (Table 1).

The third frequently reported theme by caregivers (n= 15,
40.5%) was ‘‘Reflecting on being a good parent altered my
thinking.”” These caregivers, referring to this theme 28 times,
indicated that this question allowed them an opportunity to
recall their efforts and to see which ones were based on their
needs versus their child’s needs (PICU Mother 010: “‘the
questions that they asked made me think about things in a
different way, especially about making family decisions that
IT'hadn’t given much thought to...””), enabling self-redirection
to consider subsequent decisions in light of their ill child’s
needs (Mother Oncology 104; ““it allowed me to reflect on
what I was doing and adjust my behavior to move forward.’’;
Oncology Father 105: ““It allowed me to take a step back and
process my thoughts and emotions—how did I want to tackle
what was going on. It helped to put things into perspective to
try to take a simple approach ...that would work for all of
us.”’) This theme was reported proportionately by more
caregivers in the oncology group (Table 1).

The remaining two themes, ‘‘Confronting the harsh reali-
ty”” and ““Understanding my perspectives and those of sig-
nificant others,”” represent fewer caregivers (n=35, 13.5% and
n=2, 5.4%, respectively). The first theme represented care-
givers’ views that speaking about the sadness of their child’s
illness situation and their inability to improve it helped them
to say aloud what others likely already knew to be true, al-
lowing them to focus more time and effort on ‘‘being a good
parent’’ to their ill child for the remaining time (PICU Father
54: “I think it helped me realize, in many ways, about being
a good parent in a situation in which you may feel you’re
not because you have no control.”’; Oncology Father 100:
“I couldn’t do what I wanted—make my son better. He was
in hospice 6 weeks so I couldn’t stop to deal with feelings of
guilt and shame, so it helped to see the good I was doing for
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N=117

) 14 ONC declined

PICUT1
N=40
23M,15F, 20M
AA23/A4/C11/02/H3

T1 PICU Attrition
SM,6F,10M
AA6/A2/C1/01/H1

PICU T2
N=28
18 M,9F,10M
AA16/A2/C10/H1

T2 PICU Attrition
8M,5F
AAG/AL/C6

PICUT3
N=15
10M,4F,10M
AA10/A1/C4/H1

FIG. 1.

ONCT1
N=42
23M,18F, 10P
AA17/A2/C20/03/H2

T1 ONC Attrition
8M,8F
AA6/A2/C6/02/H1

ONCT2
N=26
15M,10F, 10P
AA1/C14/01/H1

T2 ONC Attrition
3F10P
AA3/C3

ONCT3
N=22
1SM, 7F
AA8/C11/01/H1

Screening, enrollment, and attrition from the primary study to T3. A, Asian; AA, African American; C, Cauca-

sian; F, Father; H, Hispanic; M, Mother; O, other; OM/OP, other maternal/other paternal.

the other kids. Speaking helped.”). The final theme was reported
by caregivers who described the benefit to them of being inter-
viewed in the presence of their significant other, at their request.
In these instances, parents were able to listen to their significant
other’s responses to the interview questions, which subsequently
helped them to understand how their significant other experi-
enced grief over time (PICU Mother 53: “By answering the
questions in the survey, we are sharing our feelings and thoughts.
We had no one else to share these with.”” Oncology Mother 102:
“It was good to hear what my husband was thinking—we are
grieving very differently, and this helped.””) (Table 1).

Interview question 2: Please share with me what was
bad about participating in this study. The dominant
theme to this question was “‘Being in the study was some-
times hard but not bad,”’ offered by 28 (75.7%) caregivers at a
higher frequency (35 times) than all other themes. Twenty of
the 28 (89.3%) stated simply ‘‘nothing was bad”” about being
in the study. Several caregivers spoke to sad memories being
evoked by their interviews but indicated that they had an-
ticipated this and did not find participation to be harmful or
difficult [PICU Mother 020: ““It was difficult, me having to
speak, grieve and inhale my difficult reality. I was bound and
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committed to it, but, as a human being, there are numbing-
coping mechanisms so heavy and taxing to talk about my
situation, it makes you tired. You feel better after...”’; PICU
Father 011: ““it was a little painful, the first round of questions
because our son was very bad at that time—but not bad or
difficult. (It was) the circumstances of our child’s situation
which caused us to be approached was a little painful.”’;
PICU Mother 002: ““Nothing was uncomfortable. I relived
some things I experienced with my son but that was ok.”’]
None recommended not participating. The second theme to
this question represented only four caregivers (10.8%) who
indicated dislike for one quantitative questionnaire in the
primary study (Table 1).

Interview question 3: Please share with me what
else you would like the study team to learn from your
experiences. Two themes were identified in response to
question 3, ‘“Wanting the health care team to recommend the
family seek psychosocial support™ (n=20, 54.1%) and “‘Liking
study design and methods” (n=9, 24.3%). The dominant theme
focused on the caregivers’ likely need for professional psy-
chosocial support while experiencing their child’s illness and
was predominately reported by caregivers in the oncology
group. This need was linked to the desire to have health care
professionals emphasize to caregivers the importance of finding
ongoing support for themselves (PICU Father 50: “I think the
team should learn that it’s good for someone to always be there
with the parent going through the difficult process with their
child.”; Oncology Father 116: ‘I think the team should en-
courage parents to take care of themselves because they are at
risk.””) The second theme represented the spontaneous partici-
pant reports relating their positive regard for the study methods,
including the timing of the interviews and the nature of the
interview questions (PICU Mother 53: ““Everything was perfect;
good questions and perfectly said.””; PICU Father 21: “You
guys hit it on the nail, from beginning to end. The questions were
complete and detailed and covered everything.””) (Table 1).

Discussion

We used three interview questions to assess impact on
caregivers of participating in a pediatric palliative care study
in oncology and intensive care units at two academic centers.
We found that all participants responded seemingly with ease
to all three T3 questions resulting in no missing data. In the
few previous studies that have assessed impact of caregiver
study participation, methods have varied widelgy: mailed
surveys with closed and/or open-ended questions,'” > two to
three teleghone interview questions,”** a Facebook ques-
tionnaire,> in-person administered questionnaires,4 and face-
to-face structured or in-depth interviews.?®?’ Timing of
benefit and burden assessments of research participation
varied (hours to 4 weeks to unknown), as did study sample
size (8—178 caregivers). Like our methods, three prior studies
reported participants’ favorable response to limited telephone
interview questions L1923 Collectively, the outcomes of
these diverse methods support the acceptability for up to 80%
of eligible caregivers of participating in pediatric palliative
research and evaluating their study experience.

In our study, the most frequently reported caregiver out-
comes were benefits of study participation for themselves
(i.e., reflecting favorably on positive actions taken for the ill
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child or other family members, being more likely to see the
reality of their child’s situation, and noting how their thinking
and actions were altered as a result of study participation).
Multiple caregivers described these benefits as not likely to
have occurred without the study questions at T1 and T2
having been posed to them. Words used to describe the ex-
perience of study participation imply that in some instances,
the experience was therapeutic. The study design, including
the impact assessment at T3, may have provided caregiv-
ers the rare opportunity to reflect on themselves and their
actions in contrast to their singular focus on their ill child.
Benefits of study participation have been similarly reported
by bereaved parents in other studies that used diverse meth-
ods and timing to document their reports,*%-'419-23

Other caregivers’ reported benefits were the opportunity to
contribute to the well-being of current and future caregivers
of seriously ill children, indicating altruistic motivation.
Examples included leaving their personal stories behind
through data to help others understand and deal with similar
experiences. To a lesser extent, some participants also wan-
ted to provide guidance for clinicians interacting with care-
givers of seriously ill children (i.e., urging caregivers to be
more mindful of seeking psychosocial support for them-
selves). Altruistic motivation for research participation is
documented across vulnerable populations, such as people
living with HIV?® or advanced cancer?”; survivors of injury>°
or sexual assault’'; family caregivers of seriously ill indi-
viduals''; and parents and children.**** Our findings indi-
cate that parents of seriously ill children are motivated at least
in part to participate in pediatric palliative care research to
improve their lives and those of others through science. The
likelihood of study participants having multiple motivations
for enrolling and remaining in clinical pediatric palliative
care research has been previously reported.**

Caregivers spoke to the burdens or negative aspects of
study participation. Some acknowledged that the questions
in the parent study could evoke sad or uncomfortable
memories associated with their ill child but added that these
same memories were present during many life moments,
apart from the study. The risk of study burden indicates the
importance of a study team being formally prepared for
sensitive moments likely to occur during caregiver inter-
views. Four caregivers indicated timing of the initial in-
terview was challenging as they were still absorbing the
deteriorating health status of their ill child and others de-
scribed dislike of a study questionnaire used at T1 and T2.
Such impact feedback gives direction to more flexible de-
sign enrollment and removal of selected measures for fu-
ture studies.

Although benefits were primarily reported, this finding
needs to be considered in the context of the parent study
refusal rate (29.9% overall; 40% in oncology, 60% in PICU)
and attrition. The refusal rate may convey that some care-
givers, particularly those in the PICU, were not ready for or
not interested in a palliative care study. Of importance, this
refusal rate also conveys that caregivers amid dealing with a
seriously ill, hospitalized child are able to exercise their
rights to decline study participation. Refusal rates from a
previously completed good parent study involving caregivers
of children with incurable cancer and a similar T1 to T3
design (21.5%)'! and a PICU study with a single data point
without follow-up (19%)'? were lower than this study.
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For the PICU sample, 70% of the T1 sample completed the
T2 interview but only 37.5% completed the T3 interview. For
the oncology sample, 61.9% completed the T2 interview and
52.4% completed the T3 interview. Attrition between T2 and
T3 is challenging to explain as caregivers at T2 were re-
minded of the T3 contact, confirmed their preferred contact
information, and were contacted within three days after T2.
Four oncology families (15.4%) and 12 PICU families
(42.9%) could not be reached (1 PICU family cancelled the
scheduled T3 interview because of an emergency). Caring for
a seriously ill child at home could contribute to the higher
attrition in the PICU caregiver group. Attrition between data
points and our not being able to explain the attrition supports
embedding the impact assessment of benefits and burdens
into each study data point rather than an impact data point
that only occurs at the conclusion of a study. Previously re-
ported caregiver and adult patient attrition rates in palliative
care studies have ranged from 0% to 96%>% and the rate
from a previous good parent study was 25.8%.'" These rates
indicate the need to carefully tailor timing of measuring
impact to match differences in clinical contexts. Planning
study resources to include more than one team member as-
signed to assessing impact may also be of benefit. Caregiver
attrition in pediatric palliative research has not been the focus
of a systematic review or other evidence synthesis. The report
on attrition by the MORECare guideline group concluded
that palliative care trials have higher rates of attrition than
studies with nonpalliative care participants and that reasons
for attrition are typically not documented or reported.>®*

Although our sample is small at T3, our study findings in-
cluding our attrition rates in both groups suggest that assessing
the impact of participation in pediatric palliative care research
may be most informative if carried out during a study, such as
after each data point rather than only after the final data point.
Using a low demand, standard assessment method such as these
three interview questions applied systematically would allow
outcomes from diverse studies, samples, and designs to be
compared. Differences and similarities in the outcomes would
be related to the study itself and not to the impact assessment
method if highly similar impact methods were used across
studies. Certain settings may be more hesitant than others to
support pediatric palliative care; in such instances, having a low
demand impact assessment embedded in a study may help ease
such concerns. Our theme findings may be useful to address
presumed burden by review boards or individuals and may be
used during consenting processes to better inform eligible
participants about benefits and burdens experienced by other
participants in pediatric palliative care studies.

Conclusion

The three-question interview format used here to assess
benefits and burdens of caregiver participation in a pediatric
palliative care study was completed without any missing
responses. Benefits of study participation were most fre-
quently reported by the study participants and importantly,
the most frequently reported theme was that no burdens
secondary to study participation were experienced. Having a
standard approach to measure caregiver benefits and burdens
of participating in pediatric palliative care studies is merited
and would yield important information for clinicians, re-
searchers, reviewers, and future participants.
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