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Solitary rectal ulcer syndrome (SRUS), an uncommon benign condition, is characterized by the
presence of bleeding rectal ulcers. Its etiology is not well understood, but theories link it to wider
rectal prolapse syndrome, secondary to paradoxical contraction of the pelvic floor and excessive
straining on defecation. Treatment options and responses vary. Approaches include enemas with
sucralfate, salicylate, corticosteroids, sulfasalazine, mesalamine, and topical fibrin sealant, as well
as behavior modification therapy. Surgical options such as botulinum toxin injection into the
puborectalis, argon beam coagulation (APC) of bleeding ulcers, rectopexy, and proctectomy are
reserved for refractory ulcers.

A 12-year-old girl with SRUS underwent conservative medical therapy, eight colonoscopies with
APC treatment of rectal ulcers, and seven rounds of botulinum toxin injections for puborectalis
chemo-denervation. These interventions proved ineffective. Her symptoms improved after initiating
lamotrigine, a medication typically used for neurological or psychiatric conditions.

This case highlights the potential role of psychological factors in SRUS and the possibility of atypical

treatment responses.
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Case Description

Solitary rectal ulcer syndrome (SRUS) is a rare benign dis-
ease of the rectum, primarily affecting young adult females.
It has a prevalence of 1 in 100,000 individuals per year
and is characterized by a combination of symptoms, endo-
scopic findings, and histological abnormalities.! It was first
described in 1830 by Cruveilhier,” and Madigan and Mor-
son detailed clinical and histopathological features nearly
a century later.’ SRUS usually presents with a symptom
complex consisting of rectal bleeding, passage of mucus,
straining on defecation, tenesmus, perineal and abdominal
pain, incomplete evacuation sensation, constipation, and
rectal prolapse. Diagnosis relies on a combination of clini-
cal presentation, endoscopic visualization, and histological
confirmation.

Despite the name “solitary rectal ulcer syndrome,” ulcers
are only present in around 40% of patients. Lesions are
different in shape and size, varying from hyperemic muco-
sa to broad-based polypoid lesions, with only 20% of
patients exhibiting a solitary ulcer.”® The pathophysiology
of SRUS remains unclear, but a leading theory suggests it
is secondary to paradoxical contraction of the pelvic floor
during defecation trauma and subsequent ischemia to the
rectal mucosa. This theory posits that excessive strain-
ing against a contracted puborectalis muscle creates high
intra-abdominal pressure. This pressure forces the anterior
rectal wall against the posterior wall, leading to traumat-
ic necrosis of the rectal mucosa. As a result of significant
Valsalva, the anterior rectal wall is often forced to prolapse
beyond the tight puborectalis, leading to internal, occult
intussusception and occasionally, sometimes full-thickness
anorectal intussusception in severe cases, which can result
in congestion, edema, and ulceration.’

SRUS can be difhcult to treat and presents a management
challenge due to its high recurrence rate. Conservative
therapy forms the first-line approach, focusing on pro-
moting easier bowel movements. This includes increased
fluid and fiber intake, laxatives, and biofeedback/pelvic
floor physical therapy to improve puborectalis relaxation
during defecation. Many anti-inflammatory medications
(e.g., sulfasalazine and corticosteroids) have been tried
with mixed results. Emerging evidence suggests botuli-
num toxin injection into the puborectalis as a potential
treatment for SRUS and pelvic floor dyssynergia-related
obstructed defecation. Surgical methods like rectopexy to
reduce internal intussusception, ulcer excision, and Delo-
rme procedure are typically reserved for cases refractory to

conservative therapy.'*'*
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A previously healthy 12-year-old female presented to our
emergency department with a two-month history of inter-
mittent rectal bleeding, tenesmus, and supra-pubic pain.
The bleeding was variable in amount and in its temporal
relationship to defecation. She also noticed intermittent
mucus in her stool. Blood work, including a complete
blood count and coagulation labs, were within normal lim-
its. Initial treatment with laxatives provided no relief, so
the patient went for follow-up in the gastroenterology clin-
ic. Subsequent colonoscopy revealed two rectal ulcers near
the anal verge (Figure 1). Biopsy findings included scat-
tered neutrophils in the lamina propria, fibrinous surface
exudate, mild architectural distortion, and mild fibrosis,
consistent with SRUS. The patient was advised to increase
her dietary fiber intake and was started on regular laxatives.
Sequential trials of laxatives, steroid/Carafate enemas, and
oral mesalamine failed to improve her symptoms.

A colonoscopy with argon plasma coagulation (APC) was
performed several months after initial presentation due to
persistent rectal bleeding. This initially improved bleeding
only modestly. Despite subsequent treatment with ami-
triptyline and seven further colonoscopies with APC over a
year (using 25-30 watts and 0.5-1 L/min flow) to coagulate
the ulcerated tissue, bleeding persisted, and symptom relief
was transient. Additionally, trials of hyoscyamine, dicyclo-
mine, and valium proved ineffective. She was then referred
to our office for surgical evaluation, MRI and fluoroscopic
defecography were negative for vascular malformations or
anatomical causes of bleeding.

Due to ongoing symptoms of tenesmus and bleeding, we
performed chemo-denervation of the puborectalis using
100 units of botulinum toxin in 10 unit aliquots, which
resulted in three months of remittance before her symp-
toms returned. Concurrently, the patient was started on
fluoxetine for depression. She underwent six further bot-
ulinum toxin injections into the puborectalis over the
following 2.5 years, with cessation of bleeding for three
to five months after each treatment. At the last injection,
we identified evidence of self-harm, prompting a medica-
tion switch from fluoxetine (SSRI) to lamotrigine by her
psychologist. The patient has been symptom-free for six
months since the last injection and transitioned to lamo-
trigine as the primary psychologic therapy.
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Discussion

Figure 1. Findings from Colonoscopy (arrows point to rectal ulcer).

Published with Permission Due to its rarity and variable presentation, early diagno-
sis of SRUS in children requires a high level of suspicion
from both surgeons and pathologists. Unlike adults, where
a visible rectal ulcer is common, only 25% of children
with SRUS exhibit this finding. Additionally, the lesion
may not be solitary or ulcerated. A comprehensive medical
history is crucial for early detection.

Differential diagnoses include common childhood con-
ditions like inflammatory bowel disease, ischemic colitis,
hemorrhoids, and fissures. While rare in children, malig-
nancy must also be considered. Diagnosis relies on a com-
bination of clinical features, visualized findings during
proctosigmoidoscopy, and histological analysis. Imaging
investigations like defecating proctography and pelvic
floor evaluations may be employed.”® Imaging investiga-
tions like defecating proctography and pelvic floor evalua-
tions may be employed. Laboratory tests are typically nor-
mal, but chronic rectal bleeding might indicate microcytic
anemia. Stool analysis and sweat tests are recommended
for children with internal or full-thickness rectal prolapse
to rule out cystic fibrosis. Fluoroscopic or MRI defecog-
raphy can be performed, if tolerated, to assess pelvic floor
descent and dysfunction and potential complications like
rectocele, internal rectal intussusception, and prolapse.'”*

Conservative management, including fiber supplemen-
tation, laxatives, and bowel retraining, is the first-line
approach for SRUS. Different treatments like enemas
containing sucralfate, salicylate, corticosteroid, sulfasala-
zine, mesalamine, and topical fibrin sealant have been used
with variable efficacy.!"'>"> Behavior modification therapy
by biofeedback training offers significant improvement
(75%) in adults who have uncoordinated defecation hab-
its, excessive straining and stool frequency, and high rectal
sensory threshold.'®"

Our patient, however, exhibited minimal response to con-
servative measures (diet, laxatives, carafate/corticosteroid
enemas) and experienced frequent relapses. While agents
like sulfasalazine (used in IBD) have been explored for
SRUS, their benefits and long-term effects lack robust evi-
dence. Botulinum toxin injections and laparoscopic ven-
tral rectopexy are emerging options for pelvic floor dys-
synergia.*'"'? In adults, laparoscopic ventral rectopexy has
shown some advantages to standard sacral rectopexy for
internal intussusception.'>!
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Lamotrigine, a sodium channel blocker commonly used
for epilepsy and bipolar disorder, lacks documented effi-
cacy in treating SRUS. The current literature offers no
reports of such use, and the potential mechanism of action
for lamotrigine in SRUS remains unclear.

Conclusion

In pediatric patients, early diagnosis of SRUS presents a
significant challenge. The reason lies in the syndrome’s
variable clinical presentation, with ulcers potentially being
nonvisible or solitary. To achieve an accurate diagnosis, a
detailed history and comprehensive evaluation are essen-
tial, ruling out other potential conditions such as inflam-
matory bowel disease, ischemic colitis, hemorrhoids, fis-
sures, or even malignancy. Due to the rarity of SRUS in
children, further research and clinical trials are necessary
to gain a deeper understanding of the condition and refine
treatment approaches. This case report highlights a suc-
cessful application of lamotrigine therapy in a child with
refractory SRUS.

Lessons Learned
SRUS is uncommon and difficult to diagnose. Although

many treatment options have been described, ulcers are
often refractory to therapy, and recurrence rates are high.
Lamotrigine may have a therapeutic effect on SRUS, but
further prospective studies and long-term follow-up are
required to establish the effect of this medication on SRUS.
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