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Rapunzel syndrome with double simultaneous trichobezoar
in a teenager: Clinical Case Report
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Abstract Keywords:
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Introduction: Trichobezoars are an intraluminal accumulation of ingested hair. The Rapunzel syn-  Trichophagia;
drome refers to the presence of gastric trichobezoars which extend to the small intestine together with ~ Trichotillomania;
trichotillomania and trichophagia, that occur predominantly in psychiatric patients of pediatric age. = Trichobezoar

Objective: To analyze the clinical course and resolution of this syndrome in a case report. Likewise,
we provide information about the family environment and psycho-emotional context of the patients
and help the reader identify similar circumstances in their clinical practice. Case report: Female
14-year-old patient with history of trichotillomania and trichophagia of two years of evolution, who
consulted for epigastric pain associated with weight loss, nausea, and postprandial fullness. During
the physical examination, the patient was found to have bald patches in the scalp along with a palpa-
ble mass that seemed to be confined to the gastric limits. Imaging studies revealed gastric occupation
due to a bezoar formation. The patient was treated surgically with laparotomy and gastrostomy, and
two simultaneous trichobezoars were removed from the patient’s stomach and duodenum, the pa-
tient also underwent psycho-emotional professional counseling. Conclusion: Rapunzel’s syndrome,
far for being a merely surgical entity, also requires psychoemotional assessment to prevent it recu-
rrence and limit its severity.
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Introduction

While the term bezoar in Western culture refers to
a hidden treasure, for Islamic cultures its symbolism
refers to a powerful antidote. On the other hand, in
the peninsular Mayan tradition, the belief that bezoars
provide good fortune to those who find them in the
gastrointestinal tract of their prey, commonly, deer, is
maintained'. However, outside the ethnic or symbolic
context, in the field of human health, trichobezoars are
the most common and they are made of indigestible
masses of ingested hair that requires surgical manage-
ment*,

The Rapunzel syndrome is related to gastric tri-
chobezoars which extend to the small intestine®®.
Trichobezoars are due to trichotillomania, the habit
of pulling the hair, and to trichophagia, which corres-
ponds to the act of eating hair’. The name of this syn-
drome is a reference to Rapunzel, the main character of
a fairy tale of the same name, whose hair was held in a
long and resistant thick braid.

Rapunzel syndrome appears mainly in young wo-
men, 90% of the cases are women and 80% of them
are younger than 30 years®®®. Its low prevalence justi-
fies the fact that it usually appears in other cases that
commonly focus on organ compromise and resolu-
tion of acute symptoms”'®!!. Therefore, the presen-
tation of this case, in addition to analyzing aspects
related to the onset and management of this syndro-
me, also provides data about the family and psycho-
emotional environment that may be related to the
disease, thus, in the future the risk can be identified
in patients with similar circumstances through the
analysis of these data.

CLINICAL CASE

Case report

Female patient, 14 years old, without a relevant sur-
gical or pathological history, no language, intellectual
or cultural barriers that could affect communication.
The patient went to emergency service due to a two-
week history of acute abdominal pain exacerbations;
the pain was mainly in the epigastrium area, with irra-
diation to the mesogastrium and left hypochondrium,
associated with a constant feeling of postprandial ple-
nitude, nausea without vomiting and weight loss of 8.8
Ib (4 kg) in fifteen days. Two weeks before, the patient
had episodes of watery small-volume diarrhea, with an
average of three stools a day between periods of consti-
pation over 48 hours, without fever. She was treated as
an outpatient with antispasmodics, prokinetic agents
and antibiotics, she also reported that she took non-
steroidal anti-inflammatories and opioids, which were
given by a relative.

Since there was no progression, the patient was
referred to a general hospital, where the presence of
alopecic areas on the scalp and nail borders that indi-
cated nail biting were recorded. During the abdominal
auscultation, it was possible to observe an absence of
peristalsis, tympanic percussion, and a stomach walls
pattern was identified by palpating. The patient repor-
ted pain in the epigastrium and mesogastrium, there
were no signs of peritoneal irritation.

In the laboratory tests, leukocytosis due to neutro-
philia (86.60%) was identified and a reduction in the
mean corpuscular hemoglobin (table 1). The simple
radiography showed a ground glass image in the level
of the gastric cavity (figure 1). The simple and con-
trasted computed axial tomography of the abdomen

Table 1. Pre-surgical and post-surgical hematic biometry results

Test Pre-Surgery Results Post-Surgery Results Units Reference values
Leukocytes 13.80* 7.60 10 A 3 mm? 4.50-10
Neutrophils 11.80* 4.90 10 A 3 mm? 1.40-6.5
Lymphocytes 1.40 1.70 10 A 3 mm? 1.20-3.4
Monocytes 0.50 0.70 10 A 3 mm? 0-0.70
Eosinophils 0.10 0.30 10 A 3 mm3 0-0.70
Basophiles 0.00 0.00 10 A 3 mm? 0-0.20
Erythrocytes 5.60 3.78 10 A 6 mm3 3.50-5.70
Hemoglobin 15.30 10.00 Gr/dl 10-15
Hematocrit 45.90 30.70 % 30-46
Corpuscular Volume 80.90 81.20 Fl 80-99
Median Corpus. Hgb 27.00* 26.40* Pg 28-32

Data outside the normality ranges are shown in italics, bold and*; Vol = Volume; Hgb = Hemoglobin.
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Figure 1. Simple radiographic image resembling a “stained
glass” in gastric chamber level.

showed a dilatation at the level of the pylorus due to
the obstruction of the gastric content by an obstructi-
ve mass (figure 2). In addition, it was also observed a
dilation of the intestinal loops with hydro-aerial levels
(figure 3) and the complete occupation of the gastric
cavity by the trichobezoar (figure 4 and 5).

The management plan included the surgical extrac-
tion and examination by the psychiatry service. After
the laparotomy and gastrostomy, two simultaneous

Figure 2. Barium-Contrasted axial tomographic image, where an
ovoid image containing gas can be seen. The ovoid image is not
enhanced by contrast medium, and similar images can be also
observed next to the liver and jejunum.

Figure 3. Barium-Contrasted axial tomographic image. Small
bowel image shows dilation and a hydro aerial level is found,
due to intestinal occlusion.

Figure 4. Barium-Contrasted axial tomographic image. Intra-
luminal total occlusion image is found, due to the presence

of bezoar.
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Figure 5. Barium-Contrasted axial tomographic image. Intraluminal total oc-
clusion image is found, due to the presence of bezoar.
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trichobezoars were identified: the first one was located
in the stomach and duodenum (11.8 x 1.9 inches — 30
x 5 cm) and the second one in the intestines, 15.7 into
the ligament of Treitz (1.9 x 1.1 inches — 5 x 3 cm). The
patient was discharged 72 hours after the surgery.

During the psychiatric follow-up, it was possible to
initiate an effective communication with the patient,
who mentioned that she had good family and affec-
tive relationships, however, she mentioned that she
was going through in what she defined as “constantly
tense situation” with her biological parents due to the
difficult relationship between them and towards her.
The patient denied suicidal, self and hetero injuring
thoughts.

Two years before, the patient developed to tricho-
tillomania and trichophagia, as well as non-specific
gastrointestinal distress. Back then, the patient was
diagnosed with depression and anxiety, she was trea-
ted with a selective inhibitor of serotonin reuptake in
order to solve the trichotillomania. The psychiatric
follow-up and the adherence to the pharmacological
treatment were suboptimal and there was no warning
of the possible inherent risk of continuous hair intake,
which was part of her disorder. The patient tempora-
rily linked the onset of her disorder (trichotillomania)
with the periods of high tension in her home.

The psychiatric and then psychologic evaluation,
was consistent in both cases, since the appetite for pu-
lling the hair, then the feel of putting it in the mouth
and finally swallowing it (verbatim as explained and ex-
pressed by the patient with non-verbal language), they
considered it as a pathological searching for a socially
atypical, pleasant feeling associated with a presumably
hostile environment, therefore her conduct was discar-
ded as a behavior related to an anxiety disorder.

Currently, the patient continues the treatment
without anxiolytic drugs, and she was also discharged
by psychiatry. She is still under monitoring by psycho-
logists, her prognosis is favorable as her has broadly
understood the risk of continuing her previous beha-
vior.

Discussion

The presentation of this case allowed an approach
to the familiar and psycho-emotional environment
underlying trichotillomania, with trichophagia, which
also produced the double simultaneous trichobezoar.
This surgical finding is uncommon, in relation to other
cases, where the presence of multiple trichobezoars is
limited. Recurrent trichobezoar is more common than
multiple ones'

The patient presented most of the signs and symp-
toms found in clinical symptoms of intestinal obstruc-
tion, however, the alopecic areas were an indicator of

CLINICAL CASE

trichotillomania and possible trichophagia. The typical
clinical symptoms supported the diagnostic suspicion,
thus, even when the neutrophilia in the white series
was not suggestive for this type of pathology, the com-
puted tomography confirmed the suspicion”".

The surgery was the chosen therapeutic method
in this case, even when the literature suggests that the
treatment to remove trichobezoars has not been stan-
dardized, cases with multiple trichobezoars that were
treated with surgery were successful'*'¢.

Recurrence prevention, which affects 20% of the
patients, it is important to consider the psycho-emo-
tional environment of the patient. In a case study of
Frey et al., the reaction of the patient towards the dys-
functional relationship between the parents was identi-
fied as the triggering factor of trichotillomania'’.

Although the exact proportion of cases of tricho-
tillomania along with trichophagia is unknown, it is
estimated that half of the patients with trichophagia
develop trichobezoars, therefore, it is important to
identify this risk in patients with trichotillomania. The
gastrointestinal obstruction could have been preven-
ted if the patient and family were warned since there
were no intellectual or maturity limitations that could
hinder the comprehension of the consequences of her
behavior'>*&,

The psychiatric treatment of trichotillomania
should not be considered as optional since it is impor-
tant to identify the main determinants associated with
the disorder in each case because the integral treatment
depends on it"-?,

In conclusion, this case showed that the treatment
of Rapunzel syndrome does not end with the surgical
extraction of the trichobezoar, it is required to explore
underlying psycho-emotional causes of trichotilloma-
nia and to determine the importance of advising pa-
tients and relatives about the risks of the relapse which
can help control the recurrence.
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