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Abstract Mullerianosis of the urinary bladder is a rare bladder lesion with fewer than 30 cases
reported in the literature. It describes the ectopic presence of endocervical, endome-
trium, and endosalpingial tissues inside the urinary bladder. It is diagnosed when at
least two of three Mullerian tissues, endometriosis, endocervicosis, and endosalpin-
giosis, are identified. Mullerianosis presents in females of the reproductive age group,
especially after pelvic surgery. Treatment involves resection of the bladder mass and
ruling out malignant pathology. Follow-up of Mullerianosis is vital, as recurrence is
common. Medical therapy is also indicated when a diagnosis is established after the
histopathological examination of the tumor.

We report a 31-year-old female presenting with recurrent lower abdominal pain.
Cystoscopy showed a mass of 3 x 3 cmin the urinary bladder. Transurethral resection of
bladder tumor was resected, and histopathology suggested a combination of endo-
metriosis, endocervicosis, and endosalpingiosis. Pain was resolved after surgery, but
the lesion recurred at 3 months, which was subsequently resected.

Keywords

= Mullerianosis

= urinary bladder

= transurethral
resection of bladder

urinary bladder resembles bladder tumors, so transurethral
resection is vital for diagnosis and treatment. We present a

Introduction

Mullerianosis in the urinary bladder is a very rare and
complex tumor-like lesion. It is diagnosed when at least
two types of Mullerian tissues, that is, endometriosis, endo-
cervicosis, and endosalpingiosis, are seen in the urinary
bladder tumor specimen.

Clement and Young first described Mullerianosis in
1996."2 This is seen in young females, especially after pelvic
surgeries, typically hysterectomy, caesarean surgery, etc.
These lesions present with dysuria, hematuria, and pain
lower abdomen. Radiologically, it presents as a mass in the
posterior wall or dome of urinary bladder. Mullerianosis of a
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case report of Mullerianosis in a female patient presenting
with recurrent lower abdominal pain.

Case Summary

A 31-year-old female presented with recurrent pain lower
abdomen and dysuria. She did not have a history of hematu-
ria, pyuria, or previous pelvic surgery. She had consulted
multiple gynecologists with no relief. On evaluation for lower
abdominal pain, detailed history and clinical examination
were done. Abdominal examination and per speculum
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Fig. 1
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(A and B) Contrast-enhanced computed tomography scan showing a mass arising from the posterior wall of urinary bladder. (C)

Cystoscopy shows a solid mass in the posterior wall of urinary bladder. (D) Recurrent lesion at 3 months after transurethral resection of bladder

tumor.

examination were normal. Ultrasound abdomen and pelvis
suggested a urinary bladder mass for which cystoscopy
was planned. On cystoscopy, a mass of approximately
3 x3cm at the posterior wall of urinary bladder was
seen. Computed tomography scan pelvis showed a solid
mass of 3 x3cm in the posterior wall of the urinary wall.
Transurethral resection and biopsy of the mass were done
(~Fig. 1A-D).

Biopsy revealed an admixture of endometrial glands and
stroma along with the endocervical type of glands lined by
ciliated cells in the lamina propria and muscularis propria,
without cytological atypia or evidence of malignancy in the
glands. No urothelial differentiation was noted. The presence
of the deeply seated benign glandular structures lined by
different types of Mullerian epithelium was consistent with
Mullerianosis. All three types of Mullerian tissues—endome-
triosis, endocervicosis, and endosalpingiosis—were found
(=Fig. 2).

On follow-up cystoscopy, a residual lesion was seen,
which was resected and fulgurated. She was started on a
combination of estrogens and progestins. At the 6 months
follow-up, no intravesical lesion was seen on ultrasound and
cystoscopy.
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Discussion

Mullerianosis of the urinary bladder is a rare entity with less
than 30 cases described in the literature. It is diagnosed when
at least two of three Mullerian tissues like endometriosis,
endocervicosis, and endosalpingiosis are identified inside
the urinary bladder. It usually affects women of the repro-
ductive age group, that is, from the second to fifth decade of
their lives. The symptoms vary from hematuria, dysuria to
pelvic pain, which may be associated with menstruation. It
most commonly occurs as a polypoid mass in the posterior
wall or dome of the urinary bladder. It can mimic a malignant
tumor clinically and radiologically; hence, a correct diagnosis
can be made only after resection followed by histopatholog-
ical examination. Histologically, it consists of glands of
varying sizes lined by endometrial, endocervical, or tubal
epithelium. Mullerianosis is indistinguishable from other
tumors that occur in the urinary bladder, clinically or radio-
logically.'~3 Habiba et al in a literature review described 27
cases of Mullerianosis in the urinary bladder and three cases
in the lower ureter.*

In addition to classical endometriosis, glandular lesions
made up of endocervical type glands (endocervicosis) can
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Fig. 2 (A and B) Histopathology of the resected mass shows endometriosis, endocervicosis, and endosalpingiosis.

also occur in the bladder. Clement and young first described
the presence of cervical tissue in the urinary bladder."?
Before this, only endometriosis had been discovered in the
urinary bladder. Other Mullerian tissues, such as tubal
epithelium in the bladder, were described under the name
of endosalpingiosis in case reports."> The term Mullerianosis
is used when there is a combination of any two of the three
Mullerian-type lesions."

Two theories have been purposed for the pathogenesis of
Mullerianosis. First is the implantation theory, in which
Mullerian epithelium gets implanted after pelvic surgeries.
However, this theory fails to explain the diagnosis of Muller-
ianosis in patients with no history of pelvic surgery. Another
widely accepted theory is the metaplastic theory, which
purposed that the Mullerian epithelium gets differentiated
into the endometrial, tubal, and endocervical epithelium.
This theory explains the occurrence of Mullerianosis in the
posterior wall and dome of the urinary bladder. Peritoneum
cells on the urinary bladder get differentiated into Mullerian
epithelium on being stimulated by hormones estrogens and
progestins.>®’

Guan et al reported cases of Mullerianosis in females from
28 to 53 years with no history of prior pelvic surgery or
caesarean section. He also reported the use of cytology in
differentiating it from other bladder tumors.®

Endometriosis inside the urinary bladder is seen in females
in their second to fifth decades of life, although it can also be
seen in postmenopausal females taking estrogen therapy.

Although rarely, endometriosis may also be seen in men
with prostatic carcinoma who have received exogenous
estrogen therapy. It presents as a mass lesion on cystoscopy
in the trigone, posterior wall, and dome of the urinary
bladder. About one-third of these cases resemble a solid
bladder tumor-like adenocarcinoma.

The differential diagnosis of Mullerianosis includes a
variety of lesions both neoplastic and non-neoplastic. Cysti-
tis cystica, cystitis glandularis, urachal remnants, and malig-
nant tumors can mimic Mullerianosis of the urinary bladder.
Tubular structures lined by mucinous epithelium suggest

urachal remnants; however, they are seen at the dome of the
bladder as incidental findings and are usually surrounded by
a loose peritubular fibromuscular tissue.°

Treatment of Mullerianosis consists of medical and surgi-
cal options. Medical treatment comprised contraceptive pills
containing estrogens and progesterone, progestins, and go-
nadotropin-releasing hormones.'® Several case reports
reported similar findings and treatment in patients with
Mullerianosis.

Urinary bladder Mullerianosis is treated by transurethral
resection of the mass and followed up with ultrasound and
cystoscopy. Some patients may require medical therapy.

Conclusion

Mullerianosis of the bladder is a rare lesion, which presents
as a mass lesion mimicking a malignant tumor. Resection of
mass and ruling out malignant bladder tumors is the fore-
most priority. The possibility of Mullerianosis should always
be kept in mind in a young female in the reproductive age
group presenting with recurrent pain abdomen and dysuria.
Follow-up in the case of Mullerianosis is vital since the
recurrence of the disease is common.
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