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ABSTRACT

Surface epithelial-stromal tumors are the most com-
mon neoplasm of ovary in the reproductive age and
beyond. Less than 1% of epithelial ovarian tumors
occur before the age of 21 years while 75% of sex-
cord stromal tumors (Sertoli and Leydig Cell) occur
in the third and fourth decades of life. Serous tumors
rarely occur in combination with germ cell tumors,
sex-cord stromal tumors or granulosa cell tumors.
Thus it is extremely rare for a combination of the
above two tumors to occur before 21 years although a
case report for a tumor with epithelial, stromal and
sex-cord stromal elements for a 58-year-old patient
has been documented. We believe ours is the first case
in literature of a massive Serous Cystadenoma with
co-existing stromal tumor with minor sex-cord stromal
(Sertoli-Leydig Cell) elements.
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1. INTRODUCTION

An ovarian epithelial tumor with co-existing stromal tu-
mor with minor sex-cord stromal (Sertoli-Leydig Cell)
elements is an extremely rare tumor. Serous tumors rarely
occur in combination with germ cell tumors, sex-cord
stromal tumors or granulosa cell tumors [1] although
there have been several cases of stromal tumors with
minor sex-cord elements reported in literature [2]. There
is only one case has been reported so far of a mucinous
ovarian tumor coexisting with stromal tumor with sex
cord elements in a 58-year-old female [3]. It is extremely
rare for a combination of the above two tumors to occur
before 21 years and our case is the only case of this
combination has been reported in literature so far.
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2. CASE REPORT

An 18-year-old unmarried girl was admitted to our hos-
pital with the chief complaints of pain and heaviness in
abdomen.

2.1. Menstrual History

She had attained menarche at the age of 13 years and had
regular cycles with moderate flow and mild dysmenorr-
hoea for which she did not require medications.

2.2. Past History

There was no significant past medical or family history.

2.3. On General Examination

Patient was conscious, well oriented in time, place and
person. Mild pallor was present. There was no cyanosis,
jaundice, clubbing or lymphadenopathy. There was no
evidence of virilization.

2.4. On Systemic Examination

RS and CVS were normal.

2.5. On Abdominal Examination

A mass was felt extending from the hypogastric region to
the lower border of the epigastric region and filling up
the abdominal cavity. It was 35 cm x 20 cm in size, cys-
tic in consistency and not mobile. There was no tender-
ness, guarding or rigidity on palpation. Ascites was ab-
sent. Bowel sounds were present.

As patient was unmarried PV examination was not
done. On PR examination the abdominal findings were
confirmed. The fat planes of the rectum were intact and
no mass or nodules were felt. There was no bleeding PR.

s Scientific
“% Research


http://dx.doi.org/10.4236/ojog.2014.43019
http://www.scirp.org/journal/ojog/
mailto:asavari.b@gmail.com

106 A. A. Bachhav / Open Journal of Obstetrics and Gynecology 4 (2014) 105-108

2.6. Investigations

USG: A large, cystic lesion 30 x 22 x 15 cm arising from
pelvis extending upto epigastric region. Solid component,
internal echoes and internal septations seen. No calcifi-
cations or ascites.

2.7. CT Scan

Hypodense lesion 35 x 22 x 15 cm. Rest of the findings
were similar to USG. No lymphadenopathy. Liver, spleen,
kidney were normal.

2.8. Hematology

Serum CA-125: 24.1 U/L(Normal 0 - 35 U/L);

Serum BETA-HCG: <1.20 mIU/L;

Serum AFP: 72.13 ng/ml (Normal < 8.5 ng/ml).

Her hematocrit showed aHb% of 8 gm% and the rest
of the blood count was normal. Liver and Renal Function
Tests were normal.

Based on the above investigations a diagnosis of ova-
rian neoplasm mostly of germ cell origin was made and
the decision for a staging exploratory laparotomy was
taken after blood transfusion for anemia.

2.9. Intra-Operatively

Right sided ovarian tumor present, approximately 40 cm
x 20 cm x 15 cm in size, cystic with septations with solid
areas and extending upto the right hypochondrium (Figure
1). Her right fallopian tube was adherent to the mass and
right ovary could not be made out separately. No en-
larged lymph nodes or evidence of metastasis was present.
No ascites present. Left ovary and tube were normal.
Right oophorectomy and partial salpingectomy with proph-
ylactic infra-colic omentectomy was done.

2.10. On Cut-Section

4 litres of clear and reddish fluid was drained from the
tumor. Large ovarian mass measuring 26 x 18 x 9 cm.
Upto 60% cystic and 40% solid component. Cystic
component is composed of multilocular cysts & small
grape-like cysts arising from the wall of larger cysts.
Solid component is edematous & variegated (Figure 2).

2.11. Histopathological Report

The tumor was having upto 60% cystic and 40% solid
component. The cystic component was lined by flattened
epithelium in majority of areas and very few areas
showed low columnar cells with cilia. (Figure 3) The
solid component was composed of ill-defined fascicles of
elongated cells with moderate cytoplasm and elongated
nuclei. These cells are intermixed with cells with mod-
erate amount of eosinophilic cytoplasm and round nuclei
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Figure 2. Cut surface of tumor.

Figure 3. H & E (40x) showing serous cystadenoma component.

(Luteinized cells). Also seen were few tubules lined by
Sertoli cells (amounting to <10% of tumor volume) (Figure
4). Mitosis was rarely seen.

Fallopian tube and omentum showed normal mor-
phology.
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Figure 4. H & E stain (4x) showing sex-cord component.

Immunohistochemistry was done to substantiate our
diagnosis. Results were:

Pan cytokeratin: positive;

Inhibin: positive;

Calretinin: positive;

Alpha-fetoprotein: negative.

3. DISCUSSION

Surface epithelial-stromal tumours are the commonest of
ovarian tumours. Sex cord stromal tumours are less
common. Surface epithelial-stromal tumors account for
approximately 60% of all ovarian tumors and approx-
imately 90% of malignant ovarian tumors of which 75%
are serous epithelial while sex cord—stromal tumors
account for approximately 8% of all ovarian tumors and
approximately 7% of all malignant ovarian tumors [4]. A
combination of these tumours are very rarely encoun-
tered. The more common combinations of ovarian tu-
mours encountered are with mucinous cystadenoma in
which a combination of Brenner tumor, mature cystic
teratoma, Sertoli-Leydig cell tumor, or even a serous
cystadenoma may be seen [5].

The lining epithelium of the cyst wall was coinciding
with that of a serous cystadenoma while the presence of
luteinized cells and tubules lined by sertoli cells could
either be a germ cell tumor or sertoli-leydig cell tumor.
But immunohistochemistry was negative for alpha-feto-
protein and positive for inhibin and calretinin which is
diagnostic for sertoli-leydig cell tumors [6,7]. Inhibin
positivity is well documented in fibrothecomatous com-
ponents of sex cord stromal tumors, but still the possibil-
ity of granulose cell tumor was ruled out by the absence
of characteristic features such as Call-Exner body or
nuclear grooves.

The serous element could be confused with a hetero-
logous sex cord stromal tumor or a degenerating cysta-
denofibroma. But the lining epithelium was characteristic
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of serous cystadenoma (tubal) type and in a degenerating
fibroma no lining epithelium would be seen in cyst wall
[8].

Because of the presence of definite sex-cord elements
and presence of a definitive lining epithelium for the cyst
wall along with a demarcation between the stromal ele-
ments, we can conclude that the serous cystadenoma
arose de-novo.

4. CONCLUSION

The patient had an uneventful post-operative period. As
both the elements of the tumor were benign, patient was
asked to follow-up in OPD and was uneventful till date
of reporting. While this might be the first case of a huge
serous cystadenoma coexisting with stromal tumor with
minor sex cord-stromal elements to be reported in litera-
ture in a patient younger than 21 years, it was also im-
portant to keep in mind that surface-epithelial stromal
tumors can also, albeit rarely present as a mixed tumor
with multiple tissue elements. Ours is probably the only
case report of such a combination in literature.
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