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Case Report

Placental site trophoblastic tumor unprecedented by conception:
a very rare presentation
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ABSTRACT

given and she had fair outcome.

Placental site trophoblastic tumour is the rare variant of gestational trophoblastic neoplasia with incidence rate of
approximately 1/100,000 of all pregnancies. Histologically it is characterized by intermediate trophoblastic cells with
few syntical elements. The index report depict a 20 years old unmarried female with no history of conception
presenting with abnormal uterine bleeding and mildly elevated serum B-HCG level. Multi-modality treatment was
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INTRODUCTION

Gestational trophoblastic disease includes complete or
partial hydatidiform mole, invasive mole,
choriocarcinoma, placental site trophoblastic tumors
(PSTT) and epithelioid trophoblastic tumor (ETT).12 All
these inter related tumors have varying potential for local
invasion as well as metastasis.! PSTT comprises of nearly
1-2% of all GTN and is approximately 1/100,000 of all
pregnancies. Till date, over three hundred cases of PSTT
have been reported which emphasizes the rarity of the
tumour.® Histologically PSTT consist of intermediate
trophoblastic and few syntical elements. In majority of
cases, it tends to remain localized to uterus before
metastasis and is characterized by low beta-HCG.* No
universal guidelines for management of PSTT exist but
multi- modality therapy with surgery, chemotherapy
preferably with etoposide, methotrexate, dactinomycin,
and cisplatin (EMAJ/EP) has shown improvement in
survival.

The current case report shows the atypicality of
presentation in terms that it is unprecedented by

conception and response to treatment of placental site
trophoblastic tumor.

CASE REPORT

Ms. X, 20 years old unmarried female presented with
abnormal uterine bleeding for two months. The bleeding
was associated with passage of clots, easy fatigability,
loss of appetite and weight loss of 4-5 kg in last two
months. No history of sexual contact was present. Her
ultrasonogram showed uterine mass. Beta-HCG was 1809
mIiU/ml.

On examination, thin built female with body mass index
(BMI) of 15.4 kg/m? and puffiness all over face was seen.
No mass per abdomen or lymphadenopathy was felt. CT
scan abdomen and thorax showed uterus with
heterogenous lesion of size 6.7x8.2x5.6 cm with multiple
mesenteric lymph nodes. Pelvic magnetic resonance
imaging showed bulky uterus with myometrial lesion and
positive pelvic lymph nodes. Repeat beta-HCG was 2778
mlU/ml, CA-125 was 44.26 U/ml, CEA was 3.4 ug/l. She
had severe anemia and received blood transfusions.
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Histo-pathology showed intermediate trophoblastic cells
and immunohistochemistry showed strongly positivity
for CK and human placental lactogen (hPL), positive for
ki-67, negative for HCG, placental alkaline phosphatase
(PLAP). Based on the above findings, a diagnosis of
gestational  trophoblastic  Neoplasia-placental  site
trophoblastic tumor variant was made.

Uterine lesion was resected and she received two cycles
of EMA-EP. After multi-modality treatment, patient had
fair outcome. She is now asymptomatic after two years of
follow up.

Figure 1: H & E stained microscopic view of 10X and
40X magnification respectively showing intermediate
trophoblastic cells of placental site trophoblastic
tumour.

DISCUSSION

PSTT, being a rare variety of GTN, is usually preceded
by pregnancy which may include a term labor or after an
abortion, molar pregnancy, or ectopic pregnancy.®
However, there are rare case reports of PSTT occurring in
ovary of young child and in men®’ The clinical
manifestation comprises of amenorrhea or irregular
vaginal bleeding but can also present with symptoms of
metastasis. Unlike other varieties of GTN, PSTT usually
presents with slightly elevated level of serum B-hCG.2
There is no appreciable relationship of serum B-hCG with
malignant behavior of the tumour.® So, it cannot
accurately reflect the tumor load and has less prognostic
significance. A study by Khanlian et al in 2006 found that
hyperglycosylated hCG testing was more sensitive at
detecting recurrent or persistent disease.®

The "gold standard" for diagnosis of PSTT is
immunohistochemistry (IHC).2® On IHC, tumor cells
show high level of Ki-67 expression and Inhibin. Since
the tumor does not consist of syncytiotrophaoblast cells, so
hPL, hCG, and PLAP are rarely elevated or even absent.

Usually, total abdominal hysterectomy is the
recommended surgery in women in whom preservation of
fertility is not required and disease is localized to uterus.
Uterine curettage alone is not sufficient in PSTT with
myometrial invasion. These tumors are relatively chemo-
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resistant, so combination chemotherapy is advisable.!!
Oophorectomy has no prognostic significance in the
treatment of disease as ovarian metastasis in PSTT is not
common, thus routine oophorectomy is not
recommended.'?** Commonly used chemotherapy regime
is EMA/CO or EMAJ/EP, with 38% patients had complete
response rate and overall response rate is 71%.*

CONCLUSION

PSTT is a rare subtype of GTN. When PSTT was
diagnosed, it has preceding history of molar pregnancy,
abortion or term delivery. But in the present case, no such
history could be elicited which is a point of focus.
Diagnosis of PSTT requires clinical examination,
radiological examination, serum B-hCG and pathological
examination with IHC markers.
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