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Abstract

Solitary rectal ulcer syndrome (SRUS) is a rare condition
in children. We report a case of SRUS in an 8-year old
Saudi girl who presented with recurrent rectal bleeding,
intermittent mucosal prolapse, and passage of mucus
per rectum. Colonoscopy revealed multiple polypoid
mass lesions with histopathological features of SRUS.
The polypoid variant of SRUS is very rare in children and
may be confused with rectal malignant or inflammatory
conditions.
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INTRODUCTION

Solitary rectal ulcer syndrome (SRUS) is a rare benign
disease of the rectum, which predominately affects young
adults aged between 30 and 50 years with a prevalence
of 1in 100000 people per year'", SRUS usually presents
with a symptom complex of rectal bleeding, passage of
mucus and straining on defecation, tenesmus, perineal
and abdominal pain, sensation of incomplete defecation,
constipation and rectal prolapsem. SRUS is rare in children
and its description is largely limited to case reportSH’M]. The
underlying etiology of SRUS is not fully understood but
it is likely to be secondary to ischemic changes in the rec-
tum associated with paradoxical contraction of the pelvic
floor and external anal sphincter muscles and with rectal
prolapse!””. The macroscopic appearance of the rectal le-
sion may vary from hyperemia to ulceration ot a polypoid
lesion that can mimic carcinoma?, although the histologi-
cal findings are characteristic, with fibromuscular oblitera-
tion of the lamina propria and disorientation of muscle
fibers'”. We report the case of a young girl who presented
with a polypoid mass lesion of the rectum representing a
SRUS variant.

CASE REPORT

An 8-year old Saudi girl was referred to our pediatric
gastroenterology clinic with a 2-year history of recurrent
rectal bleeding, passage of mucus, and intermittent rectal
prolapse during defecation. In spite of receiving regular
lactulose, the bleeding had not tesolved. There was no his-
tory of fecal incontinence or self-digitation, nor of weight
loss, fever, arthralgia, skin rash, abdominal pain, change in
appetite or daily activity, or bleeding, The results of physi-
cal examination were unremarkable apart from pallor.
Digital rectal examination revealed an irregular broad based
polypoid lesion palpated on the rectum about 5 cm from
the anal verge. Her anthropometric measurements were
at the 25th percentile for weight and 50th percentile for
height. The laboratory findings revealed hypochromic and
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Figure 1 Colonoscopic examination. A: Polypoid mass with surface ulceration
and surrounding mucosal erythema; B: Multiple polypoid mass lesions at the
rectum.

microcytic anemia (hemoglobin 6.7 g/dL, hematoctit 23 %o,
mean corpuscular volume 54 fl, mean cell hemoglobin 15.6
pg, platelets count 704 x 10°/mm”), normal erythrocyte
sedimentation rate (15 mm/h), and normal coagulation
profile. White blood cell count was 10600/ rnrn3; liver func-
tion tests, and serum proteins were normal. Perinuclear an-
tineutrophil cytoplasmic antibody and anti-saccharomyces
cerevisiae antibody were negative. Stool examination for
ova, parasites, and cultures were repeatedly negative. Colo-
noscopy revealed multiple polypoid mass lesions in the
rectum located at 5 cm from the anal verge with circum-
ferential distribution. The mucosal surface of these lesions
was ulcerated and covered with exudates. The surrounding
mucosa was smooth with absence of the normal vascular
pattern (Figure 1A and B). The remaining colon up to the
cecum was normal. Several mucosal biopsies were obtained
from the lesions. Histopathological examination revealed
focal ulcerations of the lining mucosa with granulation tis-
sue formation. There was smooth muscle fiber expansion
between glands up to the submucosa which was perpen-
dicular to the glands (Figure 2A and B). There was no evi-
dence of cryptitis or crypt abscesses. The crypt architecture
was maintained, with no findings of granuloma, atypia or
malignancy.

Following the diagnosis of SRUS, general measures to
reduce straining during defecation, were commenced as
well as a stool softener (Macrogol 3350). Subsequent trials
of corticosteroid and mesalazine enemas produced no im-
provement. She has recently been commenced on sucral-
fate enemas prior to rectopexy.
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Figure 2 Histopathological examination. A: The rectal mucosa showing
smooth muscle fibers proliferation perpendicular to the muscularis mucosa
and extending between the glands (arrows) (HE stain x 40); B: Smooth muscle
proliferation in the muscularis mucosa (arrow head as internal control)) and
extending in between the mucosal glands (arrows) (Immunohistochemistry,
smooth muscle actin, x 100).

DISCUSSION

SRUS is rarely reported in children because it is difficult
to recognize both the macroscopic and histopathological
changes during childhood”. Even in adults the condition
may go unrecognized or, more commonly, misdiagnosed
for several years'”. A prolonged period of misdiagnosis
may have important consequences, such as anemia sec-
ondary to massive bleeding or poor appetite in a growing
child"”. This patient had low hemoglobin that required
blood transfusion. Anemia is not consistently present in
SRUS"™. The severity of blood loss, the duration of the
disease, as well as local factors related to the lesion may in-
fluence the development of anemia.

The clinical presentation of SRUS is diverse. Patients
commonly present with obstructed defecation, rectal
bleeding or prolapsed rectal mucosa either overt or oc-
cult”, Histopathological examination is key to the diagno-
sis of SRUS. A combination of fibromuscular obliteration
of the lamina propria, crypt distortion, and surface serra-
tion can establish the diagnosis in most cases'”.

In adults, 25%-32% of SRUS may appear as polyp-
oid lesions™”. The SRUS-polypoid variant may lead to
serious misdiagnosis as its appearance may be confused
with an inflammatory polyp, hyperplastic polyps, or rectal
carcinoma'™™, Our patient had multiple polypoid lesions
that were circumferential with an ulcerated surface that
mimiced rectal cancer in its appearance. Among the cases

August 15, 2010 | Volume 2 | Issue 8 |



Saadah OI et a/. Solitary rectal ulcer polypoid variant

reported in children, the polypoid variant is very rare and
has previously been reported in only two parientslb’“].

Rectal prolapse is associated with 16%-59% of SRUS
in adults"”. Our patient also had intermittent rectal pro-
lapse, as previously reported in children with SRUS!*'"*".
Rectal prolapse may be occult, and defecography may help
in its diagnosisl7].

Therapeutic experience in children with SRUS, is lim-
ited, with widely varying reported treatment protocols
and poorly documented clinical outcomes. Conservative
measures have included avoidance of straining, use of high
fiber diet and intermittent use of laxatives. Local sucral-
fate, sulfasalazine or steroid enemas have been reported to
be effective”'™"*. Children with overt rectal prolapse who
failed medical treatment may benefit from rectopexy !,

In conclusion, the presence of a rectal polypoid mass
with ulceration in a child with obstructed defecation and
rectal bleeding should raise the suspicion of SRUS. Clini-
cians and surgical pathologists should be aware of the fea-
tures of SRUS, so that it is not confused with other condi-
tions.
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