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ABSTRACT

INTRODUCTION: Cecal endometriosis is an infrequent cause of right iliac fossa pain. The extra-uterine
retroperitoneal cellular leiomyoma is a rare tumor. The concurrent existence of both these rare conditions
is a unique event.

PRESENTATION OF CASE: We hereby report the case of a 44-year-old woman who had concurrent large
isolated cecal endometrioma, which was diagnosed pre-operatively on imaging to be pelvic endometrio-
sis/hematosalpinx and solitary retroperitoneal cellular leiomyoma, which was incidentally identified.
Both the conditions were managed successfully by laparoscopy.

DISCUSSION: Cecal endometriosis is difficult to diagnose pre-operatively as there are far commoner clin-
ical conditions that cause similar signs and symptoms. Often it gets mistaken for these conditions and
gets diagnosed incidentally ‘on table’ during surgeries being performed purportedly to treat them.
CONCLUSION: Although definitive diagnosis can only be obtained after histopathology, laparoscopy can

be considered a standard diagnostic modality for both these conditions.
© 2021 Published by Elsevier Ltd on behalf of IJS Publishing Group Ltd. This is an open access article
under the CC BY-NC-ND license (http://creativecommons.org/licenses/by-nc-nd/4.0/).

1. Introduction

Endometriosis is the existence of endometrial tissue outside
the uterine cavity. It is fairly common in childbearing women.
The most frequent location is the ovary, followed by the pouch
of Douglas and the uterosacral ligaments [1]. The bowel is the
most affected extragenital location (3-12 %). Among the various
bowel endometriosis locations, 50-90 % are at the recto-sigmoid
junction. However, it can also affect the small bowel (2-16 %),
appendix (3-18 %), and cecum (2-5%) [2]. Endometriosis of the gas-
trointestinal tract is usually asymptomatic, but symptoms such as
abdominal pain, distension, vomiting, diarrhea, constipation, dys-
pareunia, and hematochezia could occur in some cases [3]. These
symptoms are more commonly caused by other conditions like
appendicitis, Crohn’s disease, pelvic inflammatory disease, intesti-
nal obstruction or malignancies [3]. Endometriosis involves a wide
array of clinical presentations. Although chronic lower abdomi-
nal pain is its common symptom, patients with endometriosis in
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unusual sites can present with acute abdominal pain in up to 8% of
the cases [4,5].

We herein report a unique case of concurrent isolated large
cecal endometrioma and extra-uterine cellular leiomyoma. Both
were laparoscopically excised. This study is reported in line with
the SCARE criteria [6].

2. Presentation of the case

A 44 year old woman presented to the hospital with chief com-
plaints of severe right iliac fossa pain with loose motions, nausea,
vomiting and giddiness since 7 days. She gave a history of chronic
dull non radiating lower abdominal pain for the past 6 months for
which she had taken symptomatic medicines but to no lasting relief.
She had been experiencing inter-menstrual spotting for last two
months. She otherwise had a 28-day regular menstrual cycle with
moderate, painless periods lasting for 4-5 days. Her last menstrual
period was 10 days before her presentation to the hospital.

She had undergone a laparoscopic myomectomy 4 years back.
As per available records of the same, she did not have any ovar-
ian or extra-ovarian pelvic endometriosis at that time. On general
examination she was a febrile, had a pulse rate of 78 beats/min and
her blood pressure was 110/70 mms of Hg. On per abdomen exam-
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Fig. 1. Diagnostic imaging. A: USG abdomen showing large thick walled dumbbell shaped collection in the right adnexa with internal echoes and septations within measuring
7.6 x 5 cm in size9 (black arrow); B: MRI pelvis showing dumbbell shaped lesion measuring 7.1 x 5 cm with thick walls (max7 mm) with high proteinaceous content in the

right adnexa (black arrow).

Fig. 2. Operative pics. A shows cecal mass (black arrow), hemoperitoneum (red arrow), right adenexa (green arrow); B shows uterine fibroid (black arrow), normal ovary
(blue arrow); C shows pedunculated cecal mass (asterisk), cecal attachment of mass (black arrow); D shows retroperitoneal leiomyoma.

ination, she had tenderness in the lower abdomen. On per vaginal
examination, her uterus was anteverted, mobile and normal in size
and she had tenderness in the right lateral and posterior vaginal
fornices. Also, a firm well defined mass could be felt through her
right lateral fornix. Her hemogram revealed a hemoglobin of 11.5
gm%, total leukocyte count of 15400/cu.mm., platelet count of 2.49
lakhs/cu.mm. Her beta human chorionic gonadotropin levels were
negative and Serum CA-125 was 75 units per millilitre. An ultra-
sound scan of the abdomen and pelvis was done and revealed an
anteverted, mildly bulky uterus with tiny fibroids. Her endometrial
thickness was 6.9 mm and both ovaries were normal. She had a
large, thick walled, dumbbell shaped collection in the right adnexa
with internal echoes and septations within, measuring 7.6 x 3.8 cm
in size. A magnetic resonance imaging (MRI) scan of the pelvis was
done subsequently and showed multiple sub serosal and myome-

trial small fibroids in both the anterior as well as posterior walls
of the uterus. A well-defined dumbbell shaped lesion measuring
7.1 x 3.5cms with a thick wall (maximum thickness of 7 mms) and
with high proteinaceous content was seen in the right adnexa and
appeared to be adherent to a small bowel loop. There was mild free
fluid in the pelvis and both the ovaries looked normal (Fig. 1).

The differential diagnosis as per the imaging investigations was
i) pelvic endometriosis, ii) hematosalpinx. She was then taken up
for surgery in a tertiary care corporate hospital, by the specialist
in gynecologic laparoscopy. At laparoscopy, minimal hemoperi-
toneum was noted in the pouch of Douglas along with some
omental adhesions to the posterior aspect of the uterus, prob-
ably at the site of the previous surgery (Fig. 2a). There was no
pelvic endometriosis or hematosalpinx (Fig. 2b). She had a large,
mobile multi-lobulated mass arising from the cecal wall (Fig. 2c).
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Fig. 5. Histopathology pics. A - section from cecal mass shows endometrial glands with surrounding stroma in the mass attached to cecum; B shows unremarkable cecal
mucosa; C - section from retroperitoneal mass shows smooth muscle bundles without atypia or mitosis.

Also she was incidentally found to have a smaller firm retroperi-
toneal mass at the level of the pelvic brim on the right side of
the midline (Fig. 2d). On noting the above findings, the special-
ist advanced laparoscopic gastrointestinal surgeon was called in
and he performed the rest of the operation. A partial typhlectomy
with excision of the mass was then performed using an Endo-GIA
linear cutter (Fig. 3a). An active bleeder from the staple line was
controlled by an under-running stitch (Fig. 3b and 3c). The smaller
retroperitoneal mass was then excised. Both the specimens were
retrieved in a plastic bag through the widened hypogastric trocar
site (Fig. 4). She had an uneventful post-operative course (Grade O
as per Clavien-Dindo classification). She was given liquid followed
by semisolid feeds per orally starting from postoperative day (POD)
3, which she tolerated well. She was discharged from the hospital
on POD 5. On her out patient department follow up visit on POD
10, her wounds had healed completely and she was asymptomatic.
The histopathology report revealed, on gross examination, a 1.5 x

1 cm. stretch of cecum and a 8 x 6 cms sized nodular mass with a
central cavity, thick fibrous wall and one focus of hemorrhage mea-
suring 2 x 1.5 cms seen in the outer wall. The retroperitoneal mass
was firm in consistency, grey in colour and measured 2 x 1.5 cms in
size. On microscopic examination, the cecal mass showed a cavity
lined by endometrial glands and stroma, suggesting endometrioma
(Fig. 5a). At places there was mixed inflammation in the endome-
trial lining. The mass was adherent to a small part of the cecum
but not arising from it. The cecum appeared normal and there was
no evidence of malignancy (Fig. 5b). The smaller extra-peritoneal
mass turned out to be a cellular leiomyoma (Fig. 5¢). She was then
administered 11.25 mg of injection Leupride depot (a gonadotropin
releasing hormone antagonist).

At the time of writing this paper, a telephonic interview was
conducted with her, 5 years after her surgery. She had undergone an
ultrasound pelvis and an MRI pelvis 3 and 4 years respectively, after
her surgery; on the advice of an infertility specialist whom she was



Table 1

Summary of review of literature on cecal endometriosis.

Authors [Ref.no.| Age of patient/s Pre-operatively Uterus- Mode of surgery/Surgery Size Miscellaneous information
diagnosed (thought to Ovaries(Internal performed
be...) genitalia)
1. Hamidreza Alizadeh 43y No(acute appendicitis) Normal Open/Right Hemicolectomy 3 cms 1 day history of acute right iliac
Otaghvar, Mostafa fossa pain,nausea,vomiting,
Hosseini et al. [11] WBC-10900
2. Ugo Indraccolo, 36y Yes, endometriotic Extensively involved, Laparoscopy/Right Hemicolectomy 2 cms Known case of endometriosis
Paolo Trevisan et al. nodule at the lead had frozen pelvis with extensive de-bulking since age 30,endometriotic
[12] point of ileo-colic nodules on the recto-sigmoid
intussusception in a were also removed by opening
known case of the posterior vaginal fornix,
extensive long developed recto-vaginal
standing endometriosis fistula-underwent diversion
colostomy for that, after
3mths, the fistula healed &
colostomy was reversed
3.Yi Ying Law, Rhea 33y No(marked edema of Involved Laparoscopy/ Right 3.4cm x 3.7cm CECT also showed thickening
Patel [13] cecum & ileo-cecal Hemicolectomy with of desc.& sigmoid colon,
valve on extracorporeal anastomosis colonoscopic mucosal biopsy
CECT. . .appendicitis revealed ischemic colitis, on
contemplated) HTP 45 nodes in the specimen
had endosalpingosis &
endometriosis
4. O Baraket, R Zribi 24y No(acute appendicitis) Normal Open/Right Hemicolectomy 3 cms Planned Lap. appendectomy
etal. [14] converted to open rt.
hemicolectomy
5. Daisuke Ito, Susumu 41y No(sigmoid volvulus) Normal Laparoscopy/lleo-cecectomy Short rope like lesion 2 wk history of subacute rt
Kaneko et al. [15] frm cecum till lower abdo pain, CECT-sigmoid
transverse mesocolon volvulus, colonoscopic
around which cecum & reduction done-surgery(lap.)
asc. colon were twisted done after 2 more wks, HTP
study showed endometriosis in
the rope like lesion
6. DE Imasogie, PI 42y No(acute small bowel Normal Open/Rt.Hemicolectomy 6 x 3 x 3.5 cms hard HTP - cecal endometriosis in
Agbonrofo et al. [16] obstruction) constricting cecal mass submucosa & muscularis
propria
7. Ana Lopez Carrasco, 30-41y(7 cases) 4-Yes, 3-No Involved Laparoscopy(4),SILS(1),0pen(2)/all Sizes of the multiple 4 diagnosed on MRI + double
Alicia Hernandez 7 underwent segmental ileal lesions not mentioned contrast barium enema,2 on
Gutierrez et al. [17] resection, 2 additionally in any of the 7 cases, in laparoscopy &1 on laparotomy.
underwent rectosigmoid the paper 4 had partial bowel
resection;4 also required combined obstruction,3 had chronic
interventions on internal pelvic pain
genitalia(double adnexectomy,
ovarian cystectomy, myomectomy,
rt. adnexectomy, partial
colpectomy and uterosacral
ligament resection)
8. Romina Deldar, 33y No(acute appendicitis) Normal Open/Partial cecectomy 10 cm long distended Acute RIF

Chaitanya Vadlamudi
etal. [18]

appendix with firm
cecal mass at its
base(size not
mentioned)

pain,WBC13900-planned Lap
appendectomy converted to
open partial cecectomy due to
intraop suspicion of
appendiceal mucinous
neoplasm;HTP-acute
appendicitis, cecal
endometriosis at base of
appendix(possibly the cause of
acute appendicitis)
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consulting at the time for primary infertility. Both revealed multiple
intramural uterine fibroids and no other significant abnormality.
Timeline of events:

Day Event

0 Patient presented with pain in abdomen and diagnosed as pelvic
endometriosis/hematosalpinx
Patient underwent laparoscopic resection of cecal mass and
retroperitoneal leiomyoma
Patient passed flatus and started on liquids which were tolerated
Patient started on soft diet
Patient had her first bowel movement and was discharged

0 On first follow up, patient was asymptomatic

—_

= AW

3. Discussion

It has been estimated that 4-17% of all menstruating women
have endometriosis [7]; bowel involvement occurs in 3-37% of the
cases. Endometriosis of the cecum is seen in just 3.5 % of patients
with bowel involvement [8].

Three theories have been proposed to explain the etiopatho-
genesis of endometriosis — retrograde deposition of endometrial
fragments during menstruation, coelomic metaplasia of the peri-
toneum and spread of endometrial tissue through lymphatics and
blood vessels. However the absolute truth still eludes us.

The involvement of the bowel by endometriosis is usually asso-
ciated with pelvic disease. However in this case, this was not
true. None of the available diagnostic procedures (i.e. transvagi-
nal USG, MRI, Doppler ultrasonography, CA-125 levels) help in
the preoperative diagnosis. A definitive diagnosis is possible only
after histopathological examination of the excised specimen [9].
Endometriosis does not invade the bowel mucosa. Hence it is
difficult to diagnose it by endoscopy. As laparoscopy provides a
magnified view, it qualifies as a diagnostic modality. But due to
varied appearances especially at the unusual sites, the diagnostic
accuracy of laparoscopy is very subjective. Unquestionable diag-
nosis finally requires a histopathological study of the operative
specimen.

Extra-uterine cellular leiomyoma also known as ‘parasitic
leiomyoma’ or ‘wandering fibroid’, is an extremely rare benign
neoplasm. It can have unusual locations and presentations. It is
usually not pre-operatively diagnosed on imaging and is diagnosed
only on post-operative histopathological study. They are com-
monly secondary iatrogenic due to seedling during myomectomy
or hysterectomy. There are very few reported cases of para-
sitic leiomyoma. Most of the reported ones are of the secondary
iatrogenic type. Gaspare et al. concluded morcellation during hys-
terectomy as a risk factor in developing parasitic leiomyomas in a
retrospective study [10].

A brief review of literature on cecal endometriosis is summa-
rized (Table 1). To the best of our knowledge, this case has the
largest reported size of bowel endometriosis, till present day and
the only case with the 2 rare concurrent findings.

4. Conclusion

The pre-operative diagnosis of cecal endometriosis as well as
extra-uterine retroperitoneal cellular leiomyoma is rare and they
mostly get diagnosed ‘on table’. Surgical excision is the treatment of
choice to rule out a malignant tumor and to prevent complications
such as perforation, bowel obstruction and hemorrhage.
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