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Abstract

It is important for the health care community to understand the impact of a child’s death on parent functioning. Yet
involving bereaved parents in research that enquires about such a stressful time in their life can potentially bring harm
to them. The current study examines the perceived benefit and burden of parents participating in a survey exploring
their perceptions of their child’s end-of-life (EoL) and bereavement experiences. Parents whose child died from cancer
or complications of cancer treatment were invited to complete a survey developed by pediatric psychosocial oncology
professionals with input from bereaved parent advocates through a closed social media (Facebook) group. One
hundred seventy-eight parents of children aged 0 to 37 years at death (median age 12 years) participated. More than
three quarters of parents reported at least “a little benefit” and half reported at least “a little burden” associated with
participation. Less burden was perceived by younger and female parents, parents of younger children, those who had
felt prepared to meet their children’s emotional needs at EoL, and those not using bereavement services at the time of
the survey. With the increasing use of social media as a source for bereaved parents to receive and provide emotional
support, it is important for clinicians and researchers to understand the perceived benefits and risks of participating
in research about EoL experiences via online recruitment. Our findings suggest that the benefit and burden of online
research participation may vary for bereaved parents, but further research is necessary to replicate the findings and
explore ways to optimize the use of this approach.
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Children are expected to outlive their parents. The disrup-
tion in this natural order is a devastating experience for
parents. It is important to understand how medical and
psychosocial care at the end of a child’s life can improve
to reduce complicated grief and additional trauma to par-
ents following the death (Christ, Bonanno, Malkinson, &
Rubin, 2003; Gilmer et al., 2012; Ginzburg, Geron, &
Solomon, 2002). Yet involving bereaved parents in
research that explores such a stressful time in their life
can potentially bring increased risk.

Current literature is limited in its understanding of how
bereaved parents perceive the benefit and burden associ-
ated with participation in research about their child’s end-
of-life (EoL) experience (Olcese & Mack, 2012; Scott,
Boyle, Bain, & Valery, 2002; Wiener, Battles, Zadeh, &
Pao, 2015). In qualitative interviews with 64 bereaved
parents in Norway, no parent regretted participating in the

research, and all the participants found the experience to
be “positive” or “very positive.” (100%, n = 64).
Moreover, participation was reported to facilitate coping
and increase awareness of the bereavement process.
Although participation was reported as positive, 73%
described their participation in the research interview as
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“painful” (Dyregrov, 2004). Similarly, bereaved parents in
Australia described research interviews about their child’s
death to be emotionally difficult but beneficial overall
(Butler, Hall, & Copnell, 2018; Hynson et al., 2006).
These studies included parents of children who had died
from SIDS (sudden infant death syndrome), suicide, acci-
dents (Dyregrov, 2004), and a variety of medical illnesses
(Hynson et al., 2006). In the pediatric oncology parent
population as well, perceived study burden has been
reported to be low. In a series of six studies with bereaved
parents of children with cancer (n = 210), which asked
about EoL decision making, most of the bereaved parents
denied experiencing distress during or after the study as a
result of their participation (Hinds, Burghen, & Pritchard,
2007). Furthermore, although 19% of parents in one of the
studies reported experiencing sad memories, none of them
required professional assistance to address the memories
(Hinds et al., 2007).

The largest study of bereaved parents of children who
died of cancer (n = 432) was conducted via postal mail in
Sweden between 1992 and 1997. The participants were
asked about their children’s symptoms at EoL and about
the quality of communication of the child’s medical team
with the parents and the child. Parents’ mental health fol-
lowing the death of their child was explored. As part of the
same study, the parents completed an additional question-
naire about their perceptions of the study experience,
which was mailed back separately from the primary ques-
tionnaire to maintain anonymity. Almost all the partici-
pants (99%) described their study participation as valuable,
with more than two thirds (68%) reporting that they were
positively affected by their participation. Notably, more
than one fourth (28%) of the participants reported that they
were negatively affected, with 2% reporting being “very
much” affected negatively (Kreicbergs, Valdimarsdottir,
Steineck, & Henter, 2004).

Assessing the impact of research with bereaved parents
that uses samples via a closed Internet support group is in
its infancy. Available data suggest that web-based recruit-
ment methods may be useful for recruiting diverse samples
of childhood cancer caregivers (Akard, Wray, & Gilmer,
2015). Cultural and geographic diversity can be enhanced
with recruitment through wider digital and online means.
With the increasing use of the Internet and social media as
a source for caregivers of children with cancer to receive
and provide emotional support (Nagelhout et al., 2018), it is
important for researchers to understand the impact of using
such methods for data collection on bereaved parents.
Although some caregivers may find benefit in sharing their
story in person, others may prefer anonymity and find it
easier to share through an online approach. To address this
gap in knowledge, our primary aim was to explore the per-
ceived benefit and burden associated with bereaved parents
or caregivers (hereafter referred to only as “parents”)

participating in an online survey to describe their child’s
EoL experiences. Our secondary aim was to evaluate the
benefit and burden by other sociodemographic characteris-
tics including caregiver gender, age of child at the time of
death, and bereavement service use.

Methods

Participants

Parents who self-identified as having lost their child to
cancer were invited to complete a 46-item survey through
a closed social media (Facebook) group (“Parents Who
Lost Children to Cancer”). According to the Facebook
administrator, the group included members from all 50
states of the United States and from Canada, Australia,
the Philippines, and several European countries.

Procedures

With permission from the page administrator of the
Facebook group, one of the Facebook group members
posted a link to the survey along with an explanation
about the study, including information regarding its pur-
pose, intent, anonymity, voluntary nature, and intended
study goals. Members of the group were asked not to
share the link with other bereaved parents so as to ensure
that data remained specific to those who have lost a child
to cancer. No member of the research team was added to
the Facebook group. The survey remained open for 3
months (March to June 2018). The group member sent
three reminders in the form of posts to the Facebook
group, with a link to the survey, 3 weeks apart for the first
2 months the study was open and once a week during the
last month of the study to improve recruitment. Personal
identifiers were not collected. Study approval was
obtained from the National Institutes of Health Office of
Human Subjects Research Protection, which determined
that signed informed consent was not required.

Measures

The End-of-Life Preference Survey was a 47-item survey
developed by pediatric psychosocial oncology profes-
sionals (psychologists, nurses, social workers, psychia-
trists, oncologists) from multiple institutions with input
from bereaved parent advocates. It contained assessments
of support services provided throughout the child’s EoL
care and perceived psychosocial needs of the child and
family before, during, and after the child’s death to can-
cer. Participants were also asked via open- and closed-
ended questions about their own communication with
their child at EoL, whether they perceived their child to
have suffered, the types of services provided by their
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1A. Was participating in this survey
burdensome to you in any way? (N = 120)

A little bit:
31.7%

Somewhat:
11.7%
Not at all:
50.0% Quite a
—_ bit:5.0%
\_Very
much:1.7%

1C. Was participating in this survey
beneficial to you in any way? (n = 115)

Not at all:
22.6%

1B. Why was participation burdensome?!
(n=60)

Questions were too personal 0.0%

Questions were . 11.6%
confusing/difficult to answer o7

Questions were upsetting . 8.3%

Too many questions/took too
' long / - 21.6¢6

Brought back too many difficult

) 83.0%
memories

0% 20% 40% 60% 80% 100%

1 Of those who indicated at least a little burden

1D. Why was survey participation beneficial??

(n=89)
Addressed issues | often don't have
) . ) 55.1%
opportunity to discuss with others
Addressed issues people don't often o

Helpful/relief to be asked about my .
experience caring for my child 62.9%

A little bit:
20.9%

Somewhat:
32.2%

Helpful to be asked how providers

can help other parents who will lose _ 76.6%

20f those who indicated at least a little benefit

Made me feel good to help

0,
others/contribute to society 72.3%

child to cancer

0% 20% 40% 60% 80% 100%

Figure 1. Burden and benefit of study participation.

child’s health care team, and opportunities for improve-
ment for centers providing EoL support to families.
Questions pertaining to the benefit and burden of research
participation were the final items in the survey.

The Benefit and Burden Questionnaire (Pessin et al.,
2008) was created for use with palliative care patients to
assess the perceived benefit and burden of participating
in a psychosocial study and was based on a prior litera-
ture review of patient-reported benefits and burdens of
participating in palliative care research (Kristjanson,
Hanson, & Balneaves, 1994). It uses a 5-point Likert
scale ranging from 0 to 4 and multiple-choice items as
possible reasons for perceived benefit and burden. It was
initially used as a brief self-report tool for patients

themselves; the current study modified the four items to
address bereaved parent participants. For example,
responses for the multiple-choice question “Did you find
it burdensome because . . . ” excluded responses that were
irrelevant for the parent population, such as “I was too
weak or too ill at times.” In addition, responses of par-
ticular relevance to the bereaved parent population were
added, including “It brought back too many difficult
memories.” The additional four questions and responses
are included in Figure 1. Approximately two thirds of the
participants (67.4%, n = 120) completed the questions
pertaining to the extent to which participation in the study
was burdensome, and 115 (64.6%) responded about the
extent to which it was beneficial.
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The entire survey was administered through Table I. Participant Characteristics (N = 120).
SurveyMonkey, with branching logic directing partici-
pants to answer questions relevant to their respective ~ Characteristic N %  Mean SD
experiences. The survey took the participants approxi- Female sex 97 808
mately 20 minutes to complete. Relationship to child
Mother 95 792
Data Analyses Father 23 192
Grandparent 2 1.6
Univariate statistics were used to describe the sample. Has surviving child 109 90.8
Chi-square was used to describe the associations between Race®
benefit/burden and categorical variables (e.g., most Caucasian 113 942
demographic and EoL variables), and independent-sam- Non-Caucasian 7 50
ple ¢ tests were used to describe the associations between Ethnicity®
benefit/burden and continuous variables (e.g., age). Hispanic/Latino/a 325
Analyses were conducted using SPSS (Statistical Package Not Hispanic/Latino/a 106 883
for the Social Sciences), Version 21. Our sample of 120 Unknown 6 50
yielded 62% power to detect a small effect size and 99%  Caregiver age (years)® 489 80
power to detect a medium effect size. Child’s diagnosis
Brain/spinal tumor 37 308
Blood cancer 35 292
Results Sarcoma 32 267
Participants Neuroblastoma 6 50
Other® 10 83
One hundred and seventy-eight bereaved parents of chil- Time period between child’s diagnosis and death
dren with cancer began the survey. There were no signifi- Under | year 29 242
cant differences between those who began the survey and [-2 years 46 383
those who began the benefit/burden section in terms of 3-5 years 31 2538
parent age, child age at death, child’s cancer type, parent Over 5 years 14 117
race, parent ethnicity, whether the child was ever in  Child in remission prior to death 63  52.5
remission, length of time between child’s diagnosis and ~ Child’s age at death (years) 129 73
death, and place of child’s death. Men (54.5% vs. 72.4%  Child’s place of death®
of women, x’[2, n = 120] = 5.3, p < .05) and parents Home 58 483
with other children (65.3% vs. 100% of those without Hospital 53 442
other children, n = 120, x* = 5.7, p < .05) were signifi- Hospice facility 6 50
cantly less likely to have completed the benefit/burden Other 325
section. For the remainder of this article, the analyses & _ |19 6, = ||5.<|ncludes retinoblastoma, rhabdoid tumors,

focus on the participants who completed the benefit/bur-
den section (n = 120). Demographic characteristics of
the final analytic sample are provided in Table 1. The
children had a variety of diagnoses, and about half
(52.5%, n = 63) had experienced at least one period of
remission prior to death. Length of time from diagnosis to
death ranged from under 1 year (24.2%, n = 29) to over
5 years (11.7%, n = 14). Approximately half of the chil-
dren died at home (48.3%, n = 58).

More than three quarters of the participants were
female (80.8%, n = 97) and the deceased child’s mother
(79.2%, n = 95). Almost all the participants were
Caucasian (94.2%, n = 113), and a small number (2.5%,
n = 3) reported being of Hispanic or Latin ethnicity. The
mean age of the respondents was 48.9 years (SD = 8.0)
and ranged from 29 to 71 years. The median age of the
child at death was 12 years (SD = 7.3) and ranged from
0.6 to 37 years.

ovarian cancer, rectal cancer, duodenal cancer, thyroid cancer,
epithelial parotid, Wilms tumor, and unknown.

Perceived Burden

Half of the participants (50.0%, » = 60) reported that
taking part in the study was “not at all” burdensome.
Less than 2% (1.7%, n = 2) found it to be “very” burden-
some. Of those who reported any burden (n = 60), the
most commonly endorsed explanation for the burden
was that it “brought back too many difficult memories”
(83.3%, n = 50). No one reported burden due to the
questions being “too personal” (Figure 1).

Demographic Factors Associated With Burden. Male partici-
pants were more likely to report at least “a little burden”
than women (73.9% vs. 44.3%; x’[2, n = 120] = 6.5,
p = .01), as well as older parents (61.1% of those over
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50 years vs. 39.7% of those under 50 years; x’[2, n =
115] = 5.1, p < .05). There were no significant associa-
tions between perceived burden of study participation
and whether the participant had other children, and par-
ent race or ethnicity.

Eol Factors Associated With Burden. Those who felt pre-
pared to meet their child’s emotional needs during the
EoL period were less likely to report perceived burden
(35.7%) than those who were not prepared to meet their
child’s needs (57.1%; X°’[2, n = 119] = 4.9, p = .05).
Place of death (home or hospital) did not have a signifi-
cant association with perceived burden of research par-
ticipation (x’[2, n = 120] = 7.6, p = .056), but the results
trended toward less perceived burden for parents whose
child died at home (no burden: 58.6%, n = 34; at least a
little burden: 41.4%, n = 24) than for those whose child
died in a hospital (no burden: 47.2%, n = 25; at least a
little burden: 52.8%, n = 28). There were no significant
associations between perceived burden of study partici-
pation and child age at death, child’s type of cancer,
whether the caregiver felt prepared to meet the child’s
medical needs at the time of death, length of time between
diagnosis and death, whether the child was ever in remis-
sion, or whether the child had suffered at EoL.

Use of Bereavement Services Associated With Burden. Use of
bereavement services was significantly associated with per-
ceived burden (x’[2, n = 119] = 5.3, p = .021). More par-
ticipants who were using bereavement services at the time
of the survey (57.0%, n = 49) considered study participa-
tion to be burdensome than nonusers (33.3%, n = 11).

Perceived Benefit

Almost three quarters of the caregivers (73.4%, n = 89)
reported that survey participation was at least “a little bit”
beneficial to them in some way. For those who found the
study beneficial, the most commonly endorsed explana-
tion was that “it was helpful to be asked about what health
care providers can do to help other parents who will lose
a child to cancer” (76.6%, n = 72). A similar majority
reported an altruistic reason for benefit in study participa-
tion: “It made me feel good to help others/contribute to
society” (72.3%, n = 68; Figure 1).

Demographic Factors Associated With Benefit. Caregivers of
children who died at a younger age were significantly
more likely to endorse benefiting from participating in
this research (mean age 11.5 vs. 15.3 years; f[113] = 2.6,
p = .01). Younger caregivers (under 50 years) were more
likely to report benefit than older caregivers (87.5% vs.
64.7%; x[2,n = 115] = 7.7, p < .05). No significant dif-
ferences in perceived benefit were found based on parent

gender, whether the participant had other children, parent
race or ethnicity, or type of cancer. A trend was found for
females to report more benefit from study participation
than males (80.4% vs. 65.2%), but this did not reach sta-
tistical significance (x’[2, n = 115] = 2.4, p = .12).

EoL Factors Associated With Benefit. No significant differ-
ence was found between benefit and length of time
between diagnosis and death, whether the child was ever
in remission, how prepared caregivers felt to meet their
children’s medical or emotional needs at EoL, or whether
or not the child was perceived to have suffered at EoL.

Use of Bereavement Services Associated With Benefit. No
significant difference was found between benefit and cur-
rent use of bereavement services.

Discussion

Our study explored bereaved parents’ perceptions of ben-
efit and burden while participating in a study about the
care provided to their child at the end of his or her life as
well as recommendations for when and how care should
be provided to future families. Half of the bereaved par-
ents found research participation at least “a little burden-
some,” whereas nearly 75% found it at least a little
beneficial. Burden and benefit varied based on several
demographic and EoL factors.

In terms of burden, study participation reminded many
parents of difficult and emotionally intense experiences
with their child, yet they reported that enquiring about
this time in their life was not “too personal.” Perceived
burden was associated with gender, with a trend for more
women to report benefit and significantly more men
(comprising one grandfather and the remaining fathers)
than women reporting at least “a little burden” from par-
ticipating in this study. Past research has suggested that
cancer-bereaved fathers may delay grieving and process
grief less intuitively than mothers and that these gender
differences may be due to sociocultural factors and indi-
vidual differences in parenting bonds (Alam, Barrera,
D’Agostino, Nicholas, & Schneiderman, 2012). These
findings perhaps speak to a need for gender-sensitive lan-
guage and research methods that pay attention to the sim-
ilarities and differences between men and women’s
experiences and viewpoints and give equal value to each.

Burden of study participation was not associated with
the child’s age at death, the type of cancer, or how pre-
pared parents felt to meet their child’s medical needs at
EoL. Participants who were currently engaged with
bereavement services reported higher levels of burden,
possibly because those who access bereavement services
are more distressed than those who do not use such ser-
vices. A study of bereaved individuals, mainly spouses
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and children of deceased adult family members, found
that individuals experiencing complicated grief were
more likely to report that they may use bereavement ser-
vices in the future (Banyasz, Weiskittle, Lorenz,
Goodman, & Wells-Di Gregorio, 2017). Another study of
bereaved spouses found that depressive symptoms, as
well as anxiety and grief, are related to increased use of
bereavement services (Bergman, Haley, & Small, 2010).
In the context of the current study, it is possible that par-
ents currently engaged with bereavement services are
also those who experience the most bereavement-related
distress, thus explaining why bereavement service users
more commonly reported burden.

More burden was also reported for parents who felt
less prepared to meet their child’s emotional needs during
the EoL period. Whether other unmeasured variables
such as family communication or specific symptoms at
the time of the child’s death could explain these associa-
tions is not known. One could also speculate that parents
join an online support group for emotional support and
encountering a survey on a painful issue, such as events
that occurred at the end of their child’s life, may have
contributed to the burden associated with study participa-
tion. Additionally, it is not known whether specific ques-
tions might have triggered a sense of burden. Researchers
could benefit from a better understanding of the charac-
teristics of bereaved parents that might be related to
increased perception of burden or harm in participation.

Most of the participants found benefit in their study
participation, particularly for altruistic reasons. The
desire of bereaved parents to help others and improve the
experiences of families in the future has been noted in
past and present research (Butler et al., 2018; Hynson
et al., 2006), postulating that such experiences can be
helpful in facilitating the grief process (Dyregrov, 2004).
Bereaved parents have described feeling relieved when
asked about difficult times and experiences (Weaver
et al., 2018). Despite experiencing higher levels of bur-
den, two thirds of the male parents reported benefit from
participating in this study. High levels of benefit finding
in terms of personal growth, spiritual change, and rela-
tionships with others have been found in fathers after the
diagnosis of their child’s cancer (Hensler, Katz, Wiener,
Berkow, & Madan-Swain, 2013). These data suggest that
perceived burden and benefit are not necessarily the ends
of a continuum and that finding an appropriate balance
may be most important in determining the overall experi-
ence of research participation for parents.

Younger child and parent age were also associated
with greater perceived benefit. Younger parents are more
frequent Internet users and more likely to use social
media to consume parenting information than older par-
ents (Baker, Sanders, & Morawska, 2017). Thus, the
younger parents in our study may have perceived greater
benefit because they perceive the Internet and social

media—based support as more useful than older parents.
Parents who are grieving the loss of a younger child may
have a greater need to find meaning in their young child’s
life. It is also possible that younger children require full
advocacy from their parents whereas older children or
adolescents are better able to speak to their own experi-
ence and suffering, which can empower the family to
transition more confidently to an EoL and comfort
approach. Benefit was not related to cancer type, parent
preparation for the child’s medical or emotional needs at
EoL, or current use of bereavement services.

This study has a number of limitations. Only members
of this closed Facebook support group for parents who
had lost a child to cancer had access to the survey, intro-
ducing ascertainment bias. Participants had to have
access to social media/computers and be able to read and
write in English. As in other studies with parents of chil-
dren with cancer, there was limited racial/ethnic and gen-
der diversity in the sample. As questions about state or
country of residence were not included, we do not know
the degree of geographic diversity of our sample. The
survey also did not ask how recent was the death of the
child, which may influence the levels of perceived benefit
and burden for participants. It was not possible to deter-
mine the response rate to the study, as data on how many
members of the Facebook group signed onto the site the
days the study was open were not available. Last, some
participants skipped questions or elected to end their par-
ticipation before reaching the final question in the survey,
and their reasons for doing so are unknown. Although this
study was not designed to assess the impact of a closed
Internet group on recruitment, online recruitment was a
potential strength of the study as it provided an opportu-
nity to learn from and discover new information from
hard to reach populations. Future research would benefit
from the inclusion of comparison samples of groups
recruited using standard methods. Having a standardized
method to determine the benefit-risk ratio for research
with bereaved parents could also advance the field.

Conclusion

To the best of our knowledge, this is the first study exam-
ining the benefits and burdens of participating in research
about EoL experiences via online recruitment of bereaved
parents whose child died from cancer. Strengths of the
study included the use of psychosocial experts and
bereaved parents for the development and review of the
survey prior to administration, recruitment through a
novel method, and a diverse sample in terms of parent and
child age, length of cancer treatment, and cancer diagno-
sis, which provided a breadth of experience to contribute
to the knowledge base on the benefit and burden of
bereavement research participation. Although some bur-
den was endorsed by half of the participants, many also
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expressed benefit, particularly in the matter of feeling
good about helping others or being asked about what
health care providers can do to help other parents who will
lose a child to cancer. These findings suggest that per-
ceived benefits could outweigh risks when both are pres-
ent. The results may inform current psychosocial research
practices in palliative care and bereavement, particularly
in solidifying the evidence that research with bereaved
parents is not exclusively burdensome or without merits
for participants. Although further research is needed to
replicate and further explore these findings, social media
may be an effective way to reach this often overlooked
and vulnerable population. Clinicians and researchers
should remain mindful of the variability in perceptions of
participation. Strategies to reduce the perceived burden of
research participation for men, parents of older children,
and those engaged in bereavement care are needed.
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