Case Report

Cystic Endosalpingiosis of Uterine
Parametrium- A Scarcely Encountered
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and Sparsely Documented Entity

ABSTRACT

HEMALATHA A. L', ASHOK K. P2, ANOOSHA. K3, INDIRA. C. S$*

“Endosalpingiosis” refers to the presence of fallopian tube-like epithelium outside fallopian tubes. It merits attention both by
Clinicians and Pathologists since it is a benign, non- neoplastic condition which maybe easily misjudged as carcinoma mainly
due to the rarity of its occurrence and lack of awareness owing to paucity of its documentation in literature. Further, salpingiosis
can undergo massive cystic change thereby mimicking a tumour when it is referred to as cystic salpingiosis. We present one such
extremely rare case of cystic salpingiosis of uterine parametrium in a 40-year-old lady along with an extensive review of literature
which revealed that about 10 cases have been documented till date.
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CASE REPORT

A 40-year-old lady (gravida 3 para 3 miscarriage) presented to
Gynaecology department with mass per vagina. She was diagnosed
with 2" degree uterovaginal descent associated with cystocoele,
rectocoele and enterocoele. Per-operatively, a cystic mass attached
to the uterine fundus was detected. While attempting to deliver it
vaginally along with the uterus and cervix, the cyst got ruptured and
0ozed clear serous fluid. Vaginal hysterectomy along with cystocoele
repair was done. Uterus along with the cervix and the cyst attached
to the uterine fundus were removed while the bilateral adnexae were
retained since they were normal in appearance. The specimen was
submitted for histopathological examination.

HISTOPATHOLOGICAL FINDINGS

Gross Examination- Specimen consisted of uterocervix with a
cyst attached to uterine fundus. Uterocervix measured 8 x 3.5 x
2 cms. The cyst measured 7.5 x 5 cms and showed prominent
congested blood vessels on the serosal surface [Table/Fig-1].

Cut Section of Uterocervix- Showed endometrial thickness of 1
mm. The uterus appeared hypoplastic.

Cut Section of the Cyst- Showed no continuity between the cyst
and the endometrial cavity. The cyst wall was in continuity with the
parametrium. The inner wall of the cyst showed congested blood
vessels [Table/Fig-2].

Microscopic Examination- Uterocervix showed atrophic
endometrium and chronic polypoidal endocervicitis. The cyst
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[Table/Fig-1]: Gross picture of uterocervix with a cyst attached to uterine fundus [Table/Fig-2]: Gross picture of the cyst showing congested blood vessels
[Table/Fig-3]: Cyst wall lined by low cuboidal epithelium- fallopian tube like, (H & E, x400)

arising from the uterine parametrium showed flattened low cuboidal
epithelial lining [Table/Fig-3]. The cyst wall was continuous with
the parametrium of uterine fundus. Focal areas in the wall showed
embedded fallopian tubal epithelium [Table/Fig-4,5]. Multiple
tiny cystic spaces and glandular structures lined by low cuboidal
epithelium were seen in the cyst wall [Table/Fig-6].

Histopathological Diagnosis- Cystic Endosalpingiosis.

DISCUSSION

The term “Endosalpingiosis” implies the presence of fallopian tubal
type of ciliated low cuboidal epithelium in sites other than the
fallopian tubes. It is a non- neoplastic lesion which is homologous
to endometriosis and endocervicosis [1]. All these three entities
are together grouped under the umbrella of “Mullerianosis” which
includes epithelial proliferations of normal structures of the female
genital tract involving tissues such as uterus, ovaries, fallopian tubes,
urinary bladder, appendix, colon, omentum, pelvic/ retroperitoneal
and para aortic lymph nodes [2,3]. The pathogenesis involves
metaplasia of peritoneal pleuripotential coelomic epithelium into
fallopian tube- like, ciliated, low cuboidal epithelium. The lesions
which show metaplastic serous differentiation are also clubbed
under this entity.

Endosalpingiosis was first described by Sampson in the year 1930
when he used it as a synonym for endometriosis [1]. Clement and
Young reported four cases of florid cystic endosalpingiosis of the
uterus with tumour- like manifestations in 1999. One of their four
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[Table/Fig-4]: Fallopian tubal ep\thellum embedded within parametrium, (H & E,x100) [Table/Flg 5]: Ciliated columnar epithelium of tubal type within the palametr\um H&E,

x400) [Table/Fig-6]: Cystic and glandular structures within the wall, (H & E, x400)

cases had transmural uterine involvement by endosalpingiosis which
was the first reported case of transmural uterine endosalpingiosis
[4]. Most often, endosalpingiosis is asymptomatic and is incidentally
discovered on microscopic examination. AP Cil et al., have reported
tumour- like cystic endoslpingiosis in the uterine myometrium
throwing light on the fact that, salpingiosis could assume huge
proportions in size by undergoing cystic changes and mimic
neoplasms [5]. Similarly, our patient had a cystic mass attached
to the uterine fundus on the serosal surface, thus mimicking a
cystic neoplasm grossly. Paradoxically, our patient had remained
asymptomatic despite the large size of the cyst attached to the
uterine fundus. She had presented with third degree uterine
prolapse along with cystocoele, rectocoele and enterocoele for
which a vaginal hysterectomy was performed. The cyst had been
incidentally detected per operatively. Since the origin of the cyst was
from the serosal surface of the uterine fundus and since the bilateral
fallopian tubes and ovaries were separate and normal in appearance,
the clinician was perplexed as to the origin and nature of the cyst.
Gross examination of the specimen after sectioning revealed that
the cyst originated from the serosa of the uterine fundus and that,
there was no continuity between the cyst and the endometrial cavity.
Microscopic examination demonstrated presence of fallopian tube-
like epithelium in the parametrium and the cyst wall lined by the
same type of epithelium, which resolved the issue finally and helped
clinch the diagnosis of cystic endosalpingiosis.

A similar case of tumour- like multilocular cystic endosalpingiosis of
the uterine serosa has been reported by SN Lee et al., [6] and also
by MK Heatley et al., [7], A case of omental endosalpingiosis has
been documented by G. Santeusanio et al., [8]. Endosalpingiosis
in association with ovarian surface epithelial tumour of borderline
malignancy has been reported by K Ryoko et al., [9]. Tumour- like
foci of endosalpingiosis have been rarely described in the vermiform
appendix and the urinary bladder [10].

Sometimes, endosalpingiosis may present with non-specific
symptoms including pelvic pain, hyper or dysmenorrhoea or infertility
[5,11]. They have been found in association with endometriosis and
uterine leiomyomas [8].

Endosalpingiosis closely resembles endometriosis from which it
can be differentiated by the absence of characteristic endometrial
stroma and cyclical hemorrhage. The other differential diagnoses
include endocervicosis (characterized by tall, columnar, mucin-

secreting epithelium), florid deep glands in the uterine cervix (which
show continuity with the uterine canal), multiple peritoneal inclusion
cysts or benign cystic mesothelioma which are distinguished by
presence of mesothelial lining.

CONCLUSION

This article highlights the importance of microscopic examination
in resolving the crucial diagnostic dilemma that a rare, simple,
benign and seldom reported entity like cystic endosalpingiosis
could create. The worrisome fact that it could be misdiagnosed as
adenocarcinoma when the actual treatment options are very simple
given the benign and innocent nature of this condition which is easily
amenable to treatment, calls for awareness and prompt recognition
of cystic endosalpingiosis.
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