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Case Report
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Abstract

Struma ovarii is a rare ovarian tumour accounting for less than 5% of all ovarian neoplasms. It may occur with nongerminal epithelial ovarian neoplasms, but the
coexistence of struma ovarii with serous cystadenoma is extremely uncommon with only 6 cases reported so far. Occurrence of these two in a setting of tubercular
oophoritis is even rarer, and to the best of our knowledge, this is the first such case. We present a case of a 63-year-old multiparous postmenopausal woman who
presented with an ovarian mass. Clinicoradiologically possibility of a neoplastic ovarian cyst was considered. Histopathological examination revealed coexisting
triple pathologies; of which struma ovarii in a setting of tuberculosis was an incidental finding. This case is important, not only being rare, but it also highlights the
importance of careful and extensive histopathological examination even in a seemingly simple cystic lesion of the ovary to avoid missing concomitant focal pathologies.

Introduction

Struma ovarii is a rare ovarian tumour accounting for less than 5%
of all ovarian neoplasms [1]. It belongs to the group of monodermal
teratomas and the term is reserved for only those monodermal teratomas
when the proportion of thyroid tissue is more than 50% of the overall
tissue [2,3]. Struma ovarii has been found to coexist with other ovarian
malignancies, most common being mucinous cystadenoma, followed
by Brenner tumour, thecoma, ovarian fibroma, and focal hilus cell
hyperplasia. A coexistence of struma ovarii with serous cystadenoma
has only been reported in six cases so far [4-7]. Occurrence of these two
in a setting of tubercular oophoritis is even rarer and to the best of our
knowledge, ours is the first case with such a combination. We report
one such interesting case in which triple pathologies were incidentally
diagnosed on histopathology.

Case report

A 63-year-old P4L4 postmenopausal woman presented with the
chief complaints of lower abdominal pain and abdominal pain and
distension since 3 months. The pain was insidious in onset, dull aching
and progressively increasing over 3 months. She was a known diabetic
for last 10 years and did not have any other significant past medical or
surgical history.

Per abdomen, examination revealed a mass in the pelvis of
approximately 18 weeks uterus size. On per vaginum examination, the
mass was cystic, and felt to be attached to the uterus on the right side
with side-to-side mobility.

Chest X-ray was normal. Ultrasound abdomen showed features
suggestive of a large complex right adnexal cystic lesion measuring
16.5x15.8x10.5 cm with a small solid component. Contrast enhanced
computed tomography revealed a well-encapsulated cystic lesion in
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the lower abdomen and pelvis, separate from the uterus. The mass was
extending on both sides of midline and ovaries were not visualized
separately. There was a small loculation anteriorly and an eccentric
solid enhancing mural nodule hypointense of both T1 and T2 weighted
sequences (Figure 1). The tumour markers (CA-125, CEA, AFP) were
within normal limits.

A provisional clinical diagnosis of a neoplastic cystic ovarian
tumour was made and the patient is taken up for laparotomy. Excision of
the mass with hysterectomy and bilateral salpingooopherectomy were
done. Per operatively, there were multiple cheesy white nodules over
the peritoneum, omentum and serosal surface all over the abdomen.
Thus, pelvic lymphadenectomy with infracolic omentectomy and
peritoneal biopsy were also performed and sent for histopathological
examination.

Grossly, uterus with left side fallopian tube and ovary measured
15x12x3.5 cm. Right ovary was separate and measured 16x15x10 cm.
The external surface was pearly white and showed numerous small
tubercles varying in size from 0.3 to 0.5 cm in diameter (Figure 2).
On cut, it was a unilocular cyst filled with serous fluid. Multiple cystic
solid nodules ranging in size from 1.0-2.5 cm were seen. On cut, these
revealed glistening, gelatinous, greenish brown colloid. Approximately
50 % of the cyst wall was smooth, wrinkled and grayish white in color
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‘ENHANCING MURAL NODULE

Figure 1. Axial CECT image (a) shows large hypodense cystic lesion in the pelvis (asterisk), separate from the uterus. The lesion is almost entirely cystic with small enhancing eccentric
moral nodule (white arrow). Sagittal T2 weighted (b) and T1 weighted (c) MR images confirm the predominant fluid signal intensity of the lesion (T2 hyperintense and T1 hypointense). A

small loculation is present anteriorly which shows hypointense solid component (arrows).

Figure 2. Gross photograph shows outer surface of ovary with attached fallopian tube,
and numerous gray white tubercles measuring 0.3-0.6 cm in diameter (short arrow). Inner
surface (turned inwards) shows a glistening tan brown (colloid filled) nodule (long arrow).

without any hair, cartilage or solid area. Histopathological examination
from the flat wrinkled areas showed a fibrocollagenous thin cyst
lined by ciliated columnar epithelial lining suggestive of a serous
cystadenoma (Figure 3a). There was no stratification, nuclear atypia,
mitoses, or papillary architecture. Sections from the cystic nodules
showed multiple variable sized thyroid follicles (50%) filled with
abundant colloid (Figure 3a). On immunohistochemistry, the follicular
cells were positive for thyroid transcription factor-1 (TTF-1), whereas
the cyst wall lining was negative (Figure 3b). Extensive sampling
was done to look for other germ cell derivatives. However, no other
component was identified. Sections from the tubercles showed caseous
necrosis (Figure 3d) surrounded by epithelioid cell granulomas (Figure
3c). Grossly omentum measured 24x18x1.5 cm and showed tubercles
measuring 0.5-0.8 cm in diameter. Sections from the pelvic nodes and
omentum showed caseous necrosis with granulomatous inflammation.
However, stain for AFB was negative. The uterus, fallopian tubes and
left ovary were unremarkable. Thus a final diagnosis of concomitant
struma ovarii with serous cystadenoma in a background of tubercular
oophoritis was rendered.
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Discussion

Struma ovarii are extremely rare ovarian tumours. Approximately
5-15 % of mature cystic teratomas show variable proportion of thyroid
tissue; however, proportion of thyroid should be more than 50 %
to classify it as struma ovarii [1-3]. Struma ovarii has been reported
to coexist with non-germinal epithelial tumors such as mucinous
cystadenoma, Brenner’s tumor, and rarely serous cystadenofibroma
[4,6]. However, its association with serous cystadenoma is extremely
unusual with only 6 cases reported so far. In a study of 96 cases of
struma ovarii, the coexisting serous cystadenoma was found in only 3
cases (3.1%) [4].

Grossly, typically the tumor is predominantly solid, with a tan
brown glistening appearance. Cystic struma ovarii is extremely rare
[1,2,8] which makes its identification difficult [8]. However, the
presence of a greenish brown glairy thick fluid can provide a clue to
the diagnosis. In our case, the serous lining of the cyst was negative for
TTEF-1, thus ruling out cystic struma ovarii.

Teratoma is a germ cell neoplasm whereas origin of serous
cystadenoma can be explained by metaplasia of the ovarian surface
epithelium [9,10]. Another possibility could be that the teratoma
resulted from the ovum evolved in a graffian follicle, which failed to
rupture, and the mucinous cystadenoma (or serous cystadenoma in
our case) arose from the ‘epithelial metaplasia’ of the follicular lining
[11]. Owing to the limited number of cases in literature, there is no
direct hypothesis to explain this unusual coexistence. Our case and
immunohistochemistry findings support the “epithelial metaplasia”
hypothesis, similar to the previous case reports [5-7].

Disseminated tuberculosis was an incidental finding in our case,
unrelated to the pathogenesis of either of the other two entities. The
patient may have had indolent systemic tuberculosis in the setting of
which the other two tumours developed. Although tuberculosis is rife
in India, however, ovarian tuberculosis per se is relatively uncommon.
Two forms of ovarian tuberculosis are known: perioophoritis, in which
the ovary is encased in adhesions and studded with tubercles caused
by direct extension from the tube; and oophoritis, in which infection
spreads via hematogenous route and produces caseating granulomas
within the ovarian parenchyma [12]. Ovarian involvement resulting
in granulomatous oophoritis in our case can be explained by a
hematogenous spread of infection.
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Nevertheless, it is not just an interesting, unusual and diagnostically

difficult combination of triple pathologies, but also, a case that
highlights the importance of careful and extensive pathological
examination even in a seemingly simple cystic lesion of the ovary to
avoid missing coexisting focal pathologies.
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