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Abstract
Autoimmune thrombocytopenia (ITP) is an acquired immune-mediated disorder characterized by early platelet destruction due

to antiplatelet autoantibodies. Although progress in the immunopathology of ITP has been done, pathogenesis of ITP remains yet to

be determined, and currently there are no specific tests that can diagnose this disease, often being a diagnosis of exclusion. We describe the case of a 65-year-old woman admitted in the surgical department with progressively worsening abdominal distension for
the past 12 months. Imagistic investigations showed a giant cystic tumour with a distinct septum and inhomogeneous internal con-

tent, which extended from the pelvis all the way through the upper abdomen, suggesting a complex left ovarian cyst with no lymph
nodes or other intraabdominal tumoural masses. Blood tests showed mild anaemia, and severe thrombocytopenia with a platelet

count of 21.000/μL refractory to treatment, anisocytosis with micro- and macro-thrombocytes. Coagulation profile was normal. The

patient underwent, total hysterectomy with bilateral adnexectomy pelvic and inter-aortic-caval lymphadenectomy, with the excision
of the multiloculated ovarian mass with haemorrhagic fluid and solid components. The histopathological exam showed an ovarian
mucinous borderline tumour without stromal or regional lymph node invasion staged T1aN0M0. In the postoperative period we
observed the resolution of the thrombocytopaenia, the patient’s platelet count remaining stable around 120000/µL.

This report highlights the causality between the complete ITP remissions after tumour excision suggesting that a possible para-

neoplastic implication should always be investigated in such cases. The ovarian tumour presence may be frequently omitted and
refractory thrombocytopenia attributed to other causes or classified as idiopathic.
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Introduction

Autoimmune thrombocytopenia (ITP) is an acquired immune-

mediated disorder characterized by early platelet destruction
due to antiplatelet autoantibodies. A peripheral blood platelet

count less than 100000/µL is the threshold for diagnosis [1,2]. It

is estimated that approximately 100 new cases are diagnosed per

1,000,000 persons each year, divided roughly equally between
adults and children. Various solid tumours are reported to be associated with autoimmune thrombocytopenia, including breast, lung,

prostate and ovarian cancers [3]. Although progress in the immunopathology of ITP has been done, pathogenesis of ITP remains yet

to be determined, and currently there is no specific test that can
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diagnose this disease. It is a diagnosis of exclusion made in most
cases through a careful history and physical exam, complete blood

count (CBC), and review of the peripheral blood smear [4-6]. This
report draws attention to a patient suffering from thrombocyto-
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measuring 22/16 mm. Small amount of ascites but no lymph nodes
or other tumoural masses were detected.

penia diagnosed with ovarian carcinoma associated with ovarian

teratoma who achieved complete remission after curative surgery
of both tumours.

Case Report

We describe the case of a 65-year-old woman, admitted to the

surgical department with progressively worsening abdominal distension for the past 12 months. There was no history of bleeding.

Her obstetrical history included 0 term births, 0 preterm births, 0
abortions, menarche at 13 and menopause beginning at age of 52.

She had no previous history of any illnesses, allergies, signs of infection or surgeries and her family history was unremarkable. At
the moment of admission she wasn’t under any medication.

The physical examination revealed a giant mass filling abdo-

men, measuring 40 × 34 cm, extending from pubis to epigastrium,

firm to hard in consistency with restricted mobility. Auscultation of
the abdomen revealed normal bowel sounds.

Complete blood count and serology revealed mild anaemia,

(Hb = 10 g/dL, with haematocrit 32.5%), platelet count (PLT) of
21.000/μL and increased tumour markers CA-125 = 83.9 IU/mL

(N<35 IU/mL) and CEA = 6.59 ng/mL (N<5.0 ng/mL). Additionally, peripheral blood showed anisocytosis with micro- and macro-

thrombocytes. Coagulation profile was normal. The patient was
admitted with a provisional diagnosis of malignant pelvic tumour.

Ultrasound examination was suggestive of cystic mass

29/27.7/17.6 cm, mildly hypoechoic areas, internal splits and intra-tumour vascularisation.

Figure 1: Preoperative CT aspect of the ovarian tumour.
Because of her increased bleeding tendency, transfusion of 6

platelet units was performed. One day after transfusion, bleeding
time was greater than 20 min and platelet counts elevated from
16,000 to 57,000/µL.

On the basis of these findings, the patient underwent surgery

that revealed approximately 300 ml of transudate-like ascitic fluid
(samples were sent for bacteriological and histopathological examination); giant cystic mass originating from the left ovary with

solid and semisolid areas, measuring 55/40/35 cm. Although the
tumour was encapsulated, it was adherent to the posterior wall of
the uterus, with adenopathy in the left parameter and pelvic region.

The exploration also revealed a 3 cm tight ovarian cyst. The uterus
was normal. No metastasis in the peritoneal cavity was observed
by gross examination. Hysterectomy with bilateral adnexectomy

pelvic and inter-aortic-caval lymphadenectomy was performed.
There were no bleeding complications at surgery. Macroscopic examination after the operation showed a multiloculated mass with
haemorrhagic fluid and solid components.

The haematology department suspected autoimmune throm-

bocytopenia, and intravenous Dexamethasone was administrated
with no beneficial effect on PLT or Hb levels was consulted and
treatment with was recommended.

A contrast-enhanced computed tomography (CT) of abdomen

+ pelvis revealed a giant cystic tumour with a distinct septum and

inhomogeneous internal content, which extended from the pelvis
all the way through the upper abdomen, suggesting a complex left

ovarian cyst. Also, the right ovary contained a haemorrhagic cyst

Figure 2: Preoperative aspect - visible abdominal mass.
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Figure 3: Intraoperative aspect of the tumour.

The histopathological exam (HP) showed an ovarian mucinous

borderline tumour without stromal or regional lymph node invasion. According to the International Federation of Gynaecology and

Figure 5: Ovarian teratoma showing colloidal thyroid follicles
(red arrow) and cartilaginous tissue (black arrow) HE 40x.

Obstetrics (FIGO) and the American Joint Committee on Cancer/
Union for International Cancer Control (AJCC/UICC) staging sys-

tem, she was diagnosed as having ovarian cancer stage T1aN0M0.
Although, the right ovarian cystic formation was confirmed as a
mature teratoma with thyroid tissue - Struma ovarii.

Figure 6: Postoperative CT aspect of the intraabdominal fluid
accumulations - red circle.

A drain tube was introduced through the lower 1/3 of the sur-

gical wound evacuating approximately 1000 ml serous followed
a progressive decrease of the abdominal swelling in the follow-

ing days. Approximately two month after discharge from hospital,
Figure 4: Mucinous ovarian tumour - HE 40x Mucinous

platelet count remained stable around 120000/µL.

Due to the slow resolution of her thrombocytopaenia with low

accumulation red arrow.

response to transfusion therapy, the patient had to be hospitalized

mass on the left side of the abdomen, involving the left iliac fos-

count increase, the patient did further haematological investiga-

On the 19th postoperative day, physical examination revealed a

sa with bilateral lower extremity oedema. An abdominal-pelvic

for 40 days. Since the peripheral blood smear only showed throm-

bocytes modifications only and due to the postoperative platelet
tions.

computed tomography (CT) scan revealed a fluid accumulation in

Discussion

iliac vasculature and another one in the right iliac fossa sized

who presented with autoimmune thrombocytopenia (ITP) associ-

the hypogastrium and left iliac fossa measuring about 16.5/11.5
cm with mass effect on the bladder, left ureter and left external
7.6/3.5/5.6 cm in contact with the right pelvic ureter.

This paper describes the unique case of a 65-year-old woman

ated with a left giant ovarian cancer and a right mature cystic tera-
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toma and whose platelet count improved within a month after sur-

sis in the setting of severe refractory thrombocytopenia, Abdomi-

nia of autoimmune pathogenesis rarely occurs with solid tumors

vere thrombocytopenia in both patients. According to Garnick and

gery. Thus, we question whether remission of the severe ITP may

be induced by treatment of the primary tumors. Thrombocytopeand has not received much attention in the oncological literature

[3]. The incidence of ITP is 3 to 5 per 100,000 inhabitants is di-

vided into primary (idiopathic) and secondary forms. Primary ITP
is a diagnosis of exclusion and constitutes about 80% of diagnosed
patients. In patients with solid tumors, the most common cause

of thrombocytopenia is myelosuppression secondary to systemic

chemotherapy or radiotherapy [1,7]. In this case, the patient did
not receive systemic chemotherapy before the moment of diagnosis.

The occurrence of idiopathic thrombocytopenia in ovarian can-

cer has been reported in literature since 1991, and, more recently, a

nal CT scan showing bilateral ovarian dermoid cysts [15]. Surgical
removal of the ovarian teratoma has completely resolved the seGriffin, the tumor produces a non-immunoglobulin substance toxic

to platelets or megakaryocytes [16]. Also, Khalife., et al. mentioned
that the substance secreted by the teratoma may be toxic to the
normal platelets with direct platelet membrane damage and that

the presence of the ovarian teratoma is the specific precipitant to-

wards the development of ITP [14]. A literature screening returned
few reported cases on the co-existence of mature cystic teratoma
and mucinous cystadenoma, but none in association with ITP. The

pathogenic relationship between these two lesions remains unan-

swered [17-20].

We thus report the first such case - to our knowledge - of ovar-

few more cases have been described and documented [8]. There is

ian cancer associated with an ovarian teratoma complicated with

ian neoplasia that went in remission four days after surgery. This is

might have been causally related to one of the tumors, presumably

one prior case report published in 2015 that describes the case of
a 49-year-old woman diagnosed with ITP in the presence of ovar-

the first report of a patient with ITP accompanying ovarian cancer
in which the platelet count reverted to normal soon after surgery

severe and refractory ITP that was successfully cured by radical re-

section of both tumors. This suggests that for this patient, the ITP
through an antiplatelet antibody. We believe that removing the tu-

mor led to remission of the ITP.

for the ovarian cancer [9]. A review published by Hudson in 1993

Conclusion

mediated autoantibody production. Yet the pathogenicity of ITP

remissions after tumour excision suggesting that a possible para-

production, expression of an antigen that is immunogenic via the

fractory thrombocytopenia attributed to other causes or classified

concluded that of all tumors, the ovarian ones seem to be one of
the most immunogenic, and proposes a mechanism based on a cell-

in ovarian cancer remains largely unknown. Many hypothesizes
have been formulated: platelet destruction or inhibition of platelet
production of autoantibodies against platelets, involvement of anti-

This report highlights the causality between the complete ITP

neoplastic implication should always be investigated in such cases.
The ovarian tumour presence may be frequently omitted and reas idiopathic.

FVIII antibodies, antiphospholipid antibodies [10,11].
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