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The solitary rectal ulcer syndrome (SRUS) is an unusual disorder in childhood.
Although well recognized in adult literature, the pediatric experience with this
condition is limited, so SRUS often goes unrecognized or misdiagnosed. There
are very few pediatric case reports in the English literature.

This report describes four patients who presented with rectal bleeding,
constipation, mucous discharge, and lower abdominal pain, with a diagnosis
of SRUS. The diagnosis was made by rectoscopy, defecogram, anorectal
manometry and histopathological evaluation. In two patients, defecogram
showed a rectocele with both, the sphincter failed to relax to voluntary squeeze
pressure on anorectal manometric examination. the histopathological finding
in all patients was fibrous obliteration of the lamina propria with disorientation
of muscle fibers. all of the patients responded well to conservative therapy,
which included defecation training, laxatives, sulfasalazine, and application of
rectal sucralfate enema, and remained asymptomatic on the follow-up.

Although rare in the pediatric population, SRUS should be relatively easy to
recognize in the child with rectal bleeding, after elimination of other causes.
If suspected, the diagnosis of SRUS may be made at endoscopy and confirmed

by rectal biopsy.
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Although, solitary rectal ulcer syndrome (SRUS)
was described as early as the 19t century by
Cruveilhier!, the first definitive descriptions
were made by Madigan and Morson in 19692
The condition is rare, with an estimated annual
incidence of one per 100,000 per year in the
adult population®. The average age at
presentation is around 30 years, but this
condition can occur from adolescence to late
middle age. It is even more unusual in
childhood. The incidence of SRUS in children
is unknown. We found only seven patients
reported separately in the English literature. The
clinical features of these cases are summarized
in Table 148, Herein, we describe the clinical,
radiological, and pathological features of four
cases of SRUS occurring in children.

Case Reports
Case 1

An 1ll-year-old girl was referred because of
intermittent rectal bleeding for four months. She
had a history of straining during defecation,

lower abdominal pain, and passage of mucus
on defecation. Digital examination of the rectum
revealed an enduration on the posterolateral
rectal wall. test for intestinal parasites, including
amebiasis, were negative. Sigmoidoscopy
revealed an ulcer 2 to 6 cm in diameter on the
posterolateral rectal wall 5 cm from the anal
verge with well demarcated edges. Subsequent
colonoscopic examination up to the cecum
revealed no other lesions. An air contrast
barium enema was normal, but evacuation of
the barium was difficult. Anal manometry
showed failure of he sphincter to relax to
voluntary squeeze pressure (Fig. 1). Defecogram
showed occult internal prolapse as well as a small
posterior rectocele (Fig. 2). The first biopsy was
reported as a non-specific granulation tissue of
the rectum. The child was started on stool
softener. A month later, a second sigmoidoscopy
was performed because of the persistence of
symptoms, and serial biopsies were repeated.
These biopsies were reported as a solitary rectal
ulcer (Fig. 3). After treatment with laxatives,
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reported as a solitary rectal ulcer. Three months
later after a conservative treatment, the ulcer
was healed on endoscopic examination.

Case 4

A three-year-old-boy was referred because of a
six-month history of constipation and soiling.
Recently he had rectal bleeding and mucous
discharge. The physical and rectal examinations
were normal. Sigmoidoscopy showed an ulcer
0.5 to 1.5 cm in diameter surrounded by a
hyperemic halo and covered with a fibrinous
membrane on the posterior rectal wall 3.5 ecm
from the anal verge. Rectal biopsy was taken
from the edge of the ulcer, and solitary rectal
ulcer was confirmed by histopathological
examination. The child was started on a high-
fiber diet and laxatives. After one month of
therapy, his symptoms disappeared and by the
twelfth week the ulcer had almost healed.

Discussion

Solitary rectal ulcer syndrome is an unusual cause
of rectal bleeding in children®. Only seven separate
pediatric cases have been reported!*5-8, The largest
series of solitary rectal ulcer patients, among those
published by different authors, contain six extra
pediatric cases (under 15-years-old)%1%12, In these
published series, none of the pediatric cases have
been evaluated separately.

The etiology of the disorder remains obscure.
Early report hypothesized that local proctitis or
hamartomatous malformation in the rectal wall
led to development of local ulcers, but no theory
has been generaly accepted®!3. Recently,
however, the common histological characteristic
of the polypoid and ulcer lesions, as well as the
characteristic history of straining and prolapse,
have suggested that either local trauma or
ischemia of the rectal wall is the common
causel®15, In normal circumstances, straining
induces inhibition of the puborectalis muscle, but
Rutter!> showed increased electromyographic
activity in patients with SRUS. Womack et al.16
also reported increased intrarectal pressures
during voiding. The significance of this finding
is unknown, but it is stated that it has a
traumatic effect on the rectal mucosa. Schweigher
and Alexander-Williams!7 suggested that the
SRUS is due to a preexisting rectal prolapse
which itself may lead to further difficulty in
defecation and also to secondary mucosal
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damage. The latter would result in increased
mucus production and bleeding. In addition,
patients with SRUS show failure of the sphincter
to relax in response to voluntary squeeze pressure
on manometric evaluation*. Most authors note
two main causes of this mucosal lesion: rectal
prolapse or intussusception and an abnormal
relaxation of the pelvic muscles during
defecation*1617, Two of our four patients had
both rectocele and a high anal resting pressure
without relaxation of the anal sphincter during
squeezing. It is therefore suggested that SRUS
is a weakening of the rectal wall caused by rectal
prolapse or spastic pelvic floor syndrome, or both,
in children. The most frequent symptoms are
rectal bleeding, mucous discharge, tenesmus, and
pain localized to the perineum or sacral area. It
is common to find in these patients a long history
of constipation, straining at defecation, and rectal
prolapse, but these symptoms are non-specific
and may be present with any other anorectal
disease. In assessing the seven reported pediatric
patients in whom sufficient clinical detail is
available, only minor differences from adult
patients are apparent!®1213, In our patients, a
small amount of rectal bleeding associated with
constipation was the initial symptom.

Diagnosis of SRUS is made by rectoscopy, which
also permits biopsy. The ulcers vary in size from
a few milimeters up to 5 cm. The lesion is
usually found on the anterior wall of the rectal
mucosa. The posterolateral quadrants are rarely
the site of ulcers. The distal point of the ulcers
in children varies from 3 to 20 cm from the anal
verge*8. In our patients, all ulcers were seen
on the posterior or posterolateral rectal wall and
the distance of the ulcers from the anal verge
varied from 3.5 to 11 cm. The significance of
this localization is obscure. The varied
macroscopic appearance of the rectal lesions that
included mucosal hyperemia, ulceration, and/or
polypoid lesion can be confusing. In addition, the
rectal lesion can be multiple or
circumferential>!2. Thus, an unusual-appearing
rectal lesion with atypical presentation should
arouse the suspicion of SRUS. The presence of
rectal prolapse should further suggest a diagnosis
of SRUS*71316_In our patients, the rest of the
rectal mucosa was quite normal: there was no
granular appearance or squamous metaplasia.
The most common clinical diagnostic confusion
is with inflammatory bowel disease or
inflammatory cloacogenic polyp (ICP), which is
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a rare polypoid lesion arising in the region of the
anorectal transitional zone!t. The most
characteristic histopathological feature of SRUS
is obliteration of the lamina propria of the
mucous membrane in the region of the ulcer by
fibroblasts and muscle fibers derived from the
‘muscularis mucosae®!2:14, It is important to
distinguish the histopathological appearances of
SRUS. from inflammatory bowel disease,
infectious proctocolitis and cloacogenic polyp.
The major difference between ICP and SRUS
relates to the site, but they share similar
histopathological features. Furthermore, if a
biopsy is taken from the proximal end of an ICP
and does not include the squamous eithelium of
the anal canal, it can be incorrectly reported as
SRUSM. Although it is thought that these two
clinical entities are manifestations of the same
pathogenetic process, i.e., mucosal ischemia
secondary to prolapse leading to the decribed
histological changes!#!8, this theory has not yet
been accepted. In three of our patients, the first
rectal biopsy was histologically suggestive of
solitary ulcer. In the other case, the first biopsy
was reported as a non-specific granulation tissue,
but the second biopsy showed classic
histopathological findings of SRUS. All biopsies
had ganglion cells and none had specific findings
of neuronal intestinal dysplasia.

The most appropriate treatment of this
conditionhas not yet been determined. Treatment
of SRUS is difficult and should be conservative
as far as possible. Conservative treatment of
SRUS includes a high residue diet, stool
softeners, and defecation training®6:8.10.11.13_ Most
studies have suggested that sulfasalazine and
topical steroids are of no significant benefit to
these patients!%12:13, Sucralfate has been shown
to be effective in the treatment of peptic ulcer,
esophagitis, and post-polypectomy hemorrhage.
Batman et al.!%, and Spiliadis et al.2% showed that
sucralfate enema might be effective in the
teratment of SRUS. Symptomatic improvement
and healing after medical therapy such as a high
residue diet, laxatives, and defecation training
were obtained in three of our four patients.
Although the other patient was totally
asymptomatic after three months of conservative
therapy, endoscopic healing of the ulcer was
completed after one year of treatment. Sucralfate
enema was successfully used in this patient.

Although local excision, insertion of a Thiersch
wire, a different kind of abdominal rectopexy
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and colostomy have been recommended as
operative treatment in adults!?1317.21 none of
these procedures is free of complication. A laser
therapy has recently been recommended by
some authors?2. In the pediatric age group,
conservative therapy should be considered as a
first choice of treatment. We successfully treated
our patients using conservative treatment.

The recognition of solitary rectal ulcer is relatively
easy in adults because of the lower localization
of the lesion and different macroscopic
appearance of the SRUS, but diagnosis is
somewhat difficult in children. Since the
localization of the lesion is important in children,
careful endoscopic examination is necessary. If
the ulcer does not respond to classical medical
therapy, the sucralfate enema may also be used.
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