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Muellerianosis of the Urinary Bladder, Endocervicosis Type

: A Case Report

This case reports muellerianosis of the urinary bladder, showing glandular
lesions made up of endocervical type glands, in a 36-yr-old woman. The patient
presented with lower abdominal discomfort and pain on voiding. The patient
had undergone two Cesarean sections 5 yr and 3 yr earlier. On a pelvic ulira-
sonography, a well-circumscribed mass, 2.2 0.8 ¢cm in dimension, was found
with luminal polypoid projection in the posterior wall of the urinary bladder. The
patient had a fransurethral resection of the bladder mass. Histologically, the
tumor was composed of irregularly shaped glands lined by endocervical mucous
epithelium in the muscularis propria of the urinary bladder. Some glands ex-
hibited cystic dilatation and contained mucinous secretions. The glands elicited
no desmoplastic tissue reaction. The intraluminal mucin often contained poly-
morphonuclear leukocytes. The glands were mostly lined by tall columnar and
bland looking mucous cells with mucin secretion. The ciliated cells were rarely
observed. No endometrial component is noted. It would be appropriate to
designate this lesion as “Muellerianosis of the urinary bladder, endocervicosis
type”. Awareness of the lesion and attention to its typical histologic features
should facilitate its crucial distinction from adenocarcinoma.
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INTRODUCTION

A variety of hyperplastic, metaplastic and neoplastic
glandular lesions can occur in the urinaty bladder. Be-
nign glandular lesions include cystitis glandularis with
and without intestinal metaplasia, cystitis cystica, neph-
rogenic adenoma and urachal remnants. Lesions exhibit-
ing millerian differentiation, such as endometriosis, have
been described in the urinary bladder. In 1992, Philip
et al. described six women of reproductive age who had
endocetvicosis in the urinary bladder, a benign mulletian
lesion composed of endocervical type glands, which in
some instances, was confused with adenocarcinoma (1).
Endocetvicosis is much less common than endomettiosis
ot endosalpingiosis, and its apparent predilection for the
utinaty bladder is enigmatic. In 1996, a publication on
this subject was reported by Nazeer et al. with a clinico-
pathologic study of six cases in which it was described
as endocetvical type glands in urinaty bladder (2). They
suggested that this lesion, at least some of the cases,
might be of mulletian origin and presented a diagnostic
significance to avoid misdiagnosis that resulted in un-
necessary ot inapproptiate treatment. In 1996, muel-
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letianosis of the urinary bladder was designated for such
lesions as a distinctive finding in the utinary bladder.
Accordingly the lesion should be added to the differential
diagnosis of pseudoneoplastic glandular lesions of the
urinary bladder (3).

We experienced a case of this benign glandular lesion
in the utinary bladder of a 36-yr-old woman. To our
knowledge, this is the first case in Kotea.

CASE REPORT

A 36-yr-old woman presented with lowet abdominal
discomfort and pain on voiding. The patient had a his-
toty of gross hematuria with lower abdominal pain for
4 to 5 days in two yt ago, however no clinical treatment
was taken.

At admission, the routine clinical studies including
complete blood count, urinalysis, blood chemistry, simple
chest radiography revealed no specific findings. Intra-
venous pyelography (IVP) study revealed no filling de-
fects in utinary tracts. On a pelvic ultrasonography, a
well-defined, polypoid lesion, 2.2 X0.8 cm in dimension,
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Fig. 1. Ultrasonography of the pelvis shows a well-defined,
polypoid mass roughly 2.2x0.8 cm in dimension in the pos-
terior wall of urinary bladder.
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Fig. 2. Gland in urinary bladder wall shows mucin containing
glands lined by tall columnar mucous epithelium, which is the
same epithelium as the endocervical gland of uterus (H&E, X
100).

Fig. 3. High power view of the mucous gland shows tall
columnar mucin secreting cells with basally oriented nuclei
(H&E, x200).

was observed at the postetior wall of the urinaty bladder
(Fig. 1). The patient underwent cystoscopic examination,
which revealed and there was a protruding mass with an
intact mucosal sutface, suggesting stromal tumor. She
underwent the transurethral tesection of the tumot.
Grossly, the biopsied specimens were multiple small
and irregulatly shaped fragments of soft tissue. Histol-

Fig. 4. Alcian blue (A) and periodic acid-Schiff (B) stains show
intense staining of both luminal and intracytoplasmic mucinous
substances (x200).

ogically, mixture of vatiable sized mucous glands remi-
niscent of the endocetvical gland were seen in the utinaty
bladder wall. The glands were deeply situated within the
muscularis proptia, but no desmoplastic stromal reaction
was noted. The glands wete lined by tall columnar
mucinous cells with basally otiented nuclei. Some of the
glands were cystically dilated and contained intraluminal



Mullerianosis of the Urinary Bladder, Endocervicosis Type

mucin with a few polymorphonuclear leukocytes (Fig. 2,
3). Rupture of a gland with extravasation of mucinous
contents into the surrounding tissues was also observed.
The luminal and intracytoplasmic mucin shows positive
reaction in both alcian blue (pH 2.5) (Fig. 4A) and
petiodic acid-Schiff staining (Fig. 4B). These mucin stains
wete concordant with those in the utetine endocervix. No
endometrial tissue was noted. The nuclei of lining epi-
thelial cells exhibited bland looking appeatrances. Neither
nuclear pleomorphism nor mitose was noted anywhere.
The ovetlying urothelial mucosa was unremarkable ex-
cept for the mild degree of inflammation.

DISCUSSION

A wide vatiety of non-neoplastic lesions can occur in
the urinaty bladder. Awateness of these lesions is ctitical
to avoid diagnostic misinterpretation. Some of these le-
sions include von Brunn’s nests, cystids glandularis, cys-
titls cystica, nephrogenic adenoma and urachal remnants.
Misinterpretation of benign lesions as malignant, such as
adenocarcinoma, can lead to take unnecessary and inap-
propriate therapy.

In 1992, Clement and Young repotted tumot-like
glandular lesions in the urinaty bladder of six women,
detailing in great depth the clinicopathologic features of
these cases (1). The glands showed mucinous, endocer-
vical-type epithelium. The investigators suggested that
the lesion was most probably of millerian origin and pro-
posed the term endocetvicosis of the urinary bladder for
this entity. They offered the histological similarity to en-
docervical glands, the location, its occurrence in women,
association with endomettiosis in some cases, and histoty
of cesarean section in a few cases to support their argu-
ment. Ten years eatlier, Steele and Bytne reported a case
that showed many similarities to the cases desctibed here
(4). The authors termed the lesion paramesonephric
(mullerian) sinus of the urinary bladder. Recently,
Bladamura et al. reported the case of a 52-yt-old woman
with a long-standing history of bladder irtitative symp-
toms (5). Transurethral resection of the bladder lesion
revealed mucinous glands, including glands resembling
endocetvical and endometrial glands. This teport repte-
sents anothet example of this rare lesion. Awareness of
this relatively uncommon lesion is critical to avoid a
diagnostic pitfall. The clinicopathologic features including
sex, location and histological resemblance to endocetvical
glands, suggesting that this case might be of mullerian
origin. According to the article by Nazeer et al., although
the otigin of endocervical type glands from the urothe-
lium through metaplasia cannot be completely excluded,
the occurrence of this lesion in women only makes this
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an unlikely possibility (2).

A differential diagnosis of endocervicosis would include
a variety of lesions. The possibility of vesical involvement
by minimal deviation adenocarcinoma of the cetvix has
to be considered (6, 7).

The possibility that this lesion represents a primaty,
well-differentiated adenocatcinoma of the utinary bladder
and secondary bladder involvement by endocervical ade-
nocarcinoma is contradicted by several factors. The lack
of an associated endocetvical adenocarcinoma, lack of
significant cytological atypia and mitoses, desmoplasia
and indolent clinical course all suppott a benign lesion.

Some benign lesions should also be considered in the
differential diagnosis. Cystitis cystica and cystitis glan-
dulatis can superficially mimic endocervicosis. Howevet,
both entities lack the deeply situated glands in mus-
culatis proptia seen in endocetvicosis.

Urachal remnants occasionally occur in the utinary
bladder and should also be considered. They are com-
monly obsetved near the apex or antetior aspect of the
bladder dome. Histological examination reveals a tubular
sttuctute lined by transitional or mucinous epithelium
with loose peritubular fibromuscular tissue. But the loca-
tion and distinctive histopathologic features of this case
preclude such a diagnosis.

Nephrogenic adenoma of the utinaty bladder is an-
other benign lesion that may be confused with endocet-
vicosis. Although traditionally regarded as a neoplasm,
nephrogenic adenoma most likely represents a metaplas-
tic change in the urothelium. Microscopic features of
nephrogenic adenoma show small tubules lined by cuboi-
dal and hobnail cells, which are small and lack mucinous
lining ot deep location in the muscularis proptia.

Other entities considered in differential diagnosis are
vaginal adenosis and clear cell adenocarcinoma of the
vagina in the genital tract of women exposed to diethyl-
stillbesterol in uteto. Vaginal adenosis is characterized by
endocervical type mucinous glands with frequent squa-
mous metaplasias which are lacking in this case.

In the point of designation of this disease entity, endo-
metriosis with mucinous metaplasia potentially merges
with the pathogenesis of endocetvicosis in urinary blad-
det. Examples of endomettiosis with mucinous metaplasia
have been recorded or illustrated in the utinary bladder
(8). But the lesion represents endometriosis admixed with
urachal remnants and usually occuts as occasional endo-
cetvical-type glands surrounded by endomettiotic stroma
within an otherwise typical focus of endomettiosis. Any
focus of endometriosis or endomettial stroma is not found
in this case.

In summaty, endocervical type gland which represents
a benign lesion, can rarely be observed in the utinary
bladder. Although the histogenesis of this lesion is not
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entirely clear, at least some of the cases may be of
mulletian origin. We prefer to designate the diagnostic
term of this case as muelletianosis of the urinaty bladder,
endocervicosis type, because endometrial tissue is not
noted in this lesion. Finally recognition of this lesion is
impottant to avoid misdiagnosis that results in unneces-
sary or inappropriate treatment.
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