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ABSTRACT

Crohn’s disease (CD) represents a subtype of inflammatory bowel disease and can affect any portion of the gastrointestinal tract,
from the mouth to the anus, with the capacity to affect extraintestinal organs. Salpingo-oophoritis is an uncommon manifestation of
CD. There is only a limited number of documented case reports. We present the case of a patient with ileocolonic CD and secondary
granulomatous salpingo-oophoritis. We emphasize the significance of clinical suspicion and an interdisciplinary approach as crucial
factors in ensuring the effective management of the case.
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INTRODUCTION

Crohn’s disease (CD) represents a subtype of inflammatory bowel disease (IBD) characterized by the presence of chronic transmural
inflammation, which can subsequently lead to abscesses, fistulae, and stenosis." This condition can affect any portion of the gastro-
intestinal tract, and the development of extraintestinal manifestations is also possible.” Genitourinary involvement is considered a rare
extraintestinal manifestation and may manifest either before or after intestinal activity, occasionally resembling pelvic disorders.’
Moreover, the patient with IBD complains of urinary tract symptoms frequently.”

There is limited literature with respect to ovarian involvement secondary to CD.>* Granulomatous ovarian manifestation is generally
uncommon, except in instances involving an entero-ovarian fistula or contiguous extension.® Diagnosing this condition can be
challenging, and histopathological assessment is essential. It is characterized by the presence of noncaseating granulomatous
inflammation, and there are documented case reports of a related suppurative inflammatory reaction.' In this study, we present the
clinical case of a patient with right salpingo-oophoritis and ileocolonic CD.

CASE REPORT

A 31-year-old woman was referred to our Gastroenterology Department because of a perianal abscess, which had been un-
successfully treated with antibiotics and surgical drainage. She presented with chronic diarrhea and a history of an appendectomy
performed 4 years ago, as well as a right salpingo-oophorectomy because of an adnexal inflammation and a right hemicolectomy with
ileotransverse anastomosis as postoperative complications. At that moment, the anatomopathological evaluation of the surgical
specimen was reported as nonspecific inflammation. Given the patient’s medical history and clinical presentation, IBD was sus-
pected. An ileocolonoscopy under conditions of optimal bowel preparation according to good standards was performed, with no
signs of lesions.* This was followed by a contrast-enhanced pelvic magnetic resonance imaging, revealing a complex transsphincteric
perianal fistula involving the rectovaginal septum and extending to the ischiorectal fossa, along with 2 collections (35 X 17 mm and
55 X 26 mm), one of them extending to the skin. There was also a 13-mm thickening of the rectum and sigmoid wall. An
enterography was performed, revealing no pathological findings. The ileum and colon biopsies showed active chronic inflammation
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Figure 1. Hematoxylin-and-eosin—stained histological sections from colonic mucosa, at 4, 10X, and 40X, respectively. Colonic mucosa
with signs of acute abscessed inflammation (A and B) and pseudogranulomatous reaction (C). (D and E) Hematoxylin-and-eosin—stained
sections from ovarian stroma, at 4 X and 10X, respectively. Ovarian stroma with inflammatory process and gigantocellular reaction.

with architectural distortion and isolated crypt micro-
abscesses. Subsequently, a re-evaluation of the surgical
specimens belonging to the right salpingo-oophorectomy and
right hemicolectomy was undertaken, revealing acute ab-
scessed salpingo-oophoritis with a microfocus of non-
caseating granulomatous inflammation and ileocolonic
inflammation with signs of acute abscessed inflammation and
pseudogranulomatous reaction, along with the presence of an
enterotubal fistula (Figure 1). The clinical presentation was
reinterpreted, leading to a diagnosis of CD with ileocolonic
involvement, characterized by a penetrating behavior. This
condition affected the ovary and Fallopian tube, manifesting
as a severe onset that required emergency surgery. Therefore,
the manifestations displayed by the patient are considered as
a new flare of the disease, characterized by complex perianal
involvement but no endoscopic evidence of luminal activity.
Antibiotic treatment and surgical drainage of the collections
with the placement of a seton were chosen as the course of
action. Biologic therapy was initiated with anti-TNF, inflix-
imab at a dose of 5 mg/kg with an induction regimen at weeks
0, 2, and 6, in combination with azathioprine at daily dose of
50 mg. Maintenance treatment was administered every 8
weeks. The patient progressed favorably, experiencing clinical
remission of the perianal disease, endoscopic evaluation
revealed mucosal healing, and pelvic magnetic resonance
imaging, indicating transmural healing with resolution of the
fistula and normalization of thickening in the intestinal wall.

DISCUSSION

CD is a subtype of IBD, which is characterized by the presence
of chronic transmural inflammation, with the consequent po-
tential formation of fistulas or stenosis." The skin, small in-
testine, colon, and bladder are the organs commonly involved in

fistula formation, and less frequently, transmural involvement
of the ileum, proximal colon, or rectum can penetrate into the
uterus, ovaries, and Fallopian tubes. Right adnexal involvement
is the most common form, and it is typically the result of
penetrating terminal ileitis.®

CD with genitourinary involvement can either precede or occur
independently of intestinal involvement, and it can resemble
various pelvic diseases, making diagnosis challenging. There are
limited records of ileotubal fistulae related to CD in the litera-
ture. In 1975, Wlodarski et al reported the first case of CD with
ovarian involvement, describing granulomatous inflammation
of 1 ovary because of an ileocecal-tubo-ovarian mass.'’ Like-
wise, in 1978, Donaldson et al described the development of
abscesses, fistulae, fissures, ulcers, and infections involving both
internal pelvic structures and the perineum, labia, rectogenital
septum, anus, rectum, vulva, and vagina in a group of 103
women with CD. In addition, they observed 12 patients with
internal fistulae, 5 of which were located between the affected
intestinal segment and the bladder, uterus, vagina, or pelvic
adnexa. In 3 cases, the primary surgical findings were ileitis and
appendicitis secondary to their IBD, with involvement of the
right ovary and Fallopian tube.’

In our case, when considering the patient’s medical history, her
previous episode of surgical acute abdominal pain, initially
interpreted as secondary to appendicitis, and its complicated
progression because of an adnexal inflammation, which ulti-
mately led to surgical resolution involving right hemicolectomy
and salpingo-oophorectomy, turned out to be the onset of her
IBD. This IBD affected the terminal ileum and appendix, with
a penetrating nature extending to her female genital organs. Her
initial symptoms and the low frequency of annexal involvement
in CD led to a delayed diagnosis of IBD.
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In terms of the mechanism, CD can affect the adnexa not only
through direct extension but also metastatically or as a true
extraintestinal manifestation.'” These cases commonly present
as unilateral pelvic pain or a pelvic mass, which can resemble
conditions such as pelvic inflammation, endometriosis, active
intestinal inflammation, diverticulitis, appendicitis, and pri-
mary ovarian pathology, among others.® Hence, a correlation
can be observed between the proposed pathological mechanism
and histological findings, with the presence of noncaseating
granulomas in cases of direct involvement by CD and suppu-
rative granulomatous inflammation in cases of intestinal fis-
tulization. In the case of visceral granulomatous inflammation,
it is crucial to rule out other causes such as tuberculosis, acti-
nomycosis, or fungal infection.>”

Regarding the management of genital involvement in CD, anal/
rectovaginal fistulas may respond to medical treatment with bi-
ologic agents, and surgical treatment is an option in refractory
cases or complex perianal disease.” The initial steps typically in-
volve the placement of setons and drainage of associated collec-
tions or, in the case of low fistulas, fistulotomy.> Moreover, internal
genital fistulas are typically diagnosed during surgical procedures
and often require resection of the affected intestinal segment
(usually the terminal ileum) along with the adjacent compromised
gynecological organ.® Finally, vulvar involvement, either because
of the extension of the inflammatory process or, less commonly,
metastatic disease, if left untreated, can lead to various complica-
tions ranging from local inflammatory processes to local lymphatic
obstructions, disfiguring anatomical distortions, and squamous
cell carcinoma® Currently, there are no treatment guidelines
concerning the vulvar compromise. However, oral antibiotics such
as metronidazole combined with corticoids are commonly used."!
In cases of refractory disease, especially if it is associated with
luminal involvement, biologic agents are an excellent option.® In
summary, salpingo-oophoritis is a rare manifestation of CD, with
few case reports in the literature. Clinical suspicion is crucial for
timely diagnosis, and a multidisciplinary approach is essential for
its proper management.
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