DOI: 10.7860/JCDR/2019/42399.13191

Cystadenofibroma of Ovary- A Rare
Cause of Postmenopausal Bleeding

Obstetrics and
Gynaecology Section

|

TANUJA MUTHYALA', SUJATA SIWATCH?, SHALINI GAINDER®, MINAKSHI ROHILLA*, VANITA JAIN’, PARIKSHAA GUPTA®

ABSTRACT

Postmenopausal bleeding may be a presenting complaint for genital tract malignancy. Benign uterine causes predominate while
endometrial cancer contributes 10% of symptomatic cases. Extra-uterine causes are rare and include carcinoma cervix or hormone
secreting tumours of the ovary. We report a case of 50-year-old postmenopausal lady that presented with postmenopausal
bleeding. On evaluation, she was found to have a complex adnexal mass, normal ovarian tumour markers and endometrial
histology was normal on biopsy. She underwent exploratory laparotomy and total abdominal hysterectomy with bilateral salpingo-
oophorectomy. The postoperative diagnosis was cystadenofibroma of ovary. We reported this case because of its rare incidence
and varied symptomatology and presentation on imaging. One should consider diagnosis of a cystadenofibroma of ovary when a

postmenopausal lady presents with a triad of an adnexal mass, postmenopausal bleeding with normal endometrial evaluation.
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CASE REPORT

A 50-year-old postmenopausal lady presented to the outpatient
departmentwith postmenopausal bleeding. She attained menopause
at the age of 45 and had two such episodes one month apart, each
lasting for two to three days. She was a multiparous lady, obese
with no medical co-morbidities. She had medical or family history
of genital malignancies. She was not on any postmenopausal
hormonal therapy.

The general physical examination and local examination of vulva,
vagina and cervix were normal. Liquid based cytology of the cervix
was negative for malignant cells. Ultrasound revealed a uterus of
postmenopausal size with endometrial thickness of 8 millimeters
and a right adnexal mass of 9.8x7x7 cm which was multicystic
and multiloculated with no solid components. Left ovary had a cyst,
with septations, of around 4x5x5 cm. Computed tomography scan
suggested similar findings. Her CA-125 was 20 mlU/mL, which was
within the range.

Provisional diagnosis of benign ovarian tumour was kept as her
tumour markers were within the normal limit. She underwent
endometrial biopsy which revealed a proliferative endometrial
pattern. Exploratory laparotomy was done as a possibility of
malignant ovarian tumour could not be ruled out considering her
age and complexity of the mass. Intra-operative findings were of a
multi-loculated complex solid cystic right adnexal mass of 12x8 cm;
left ovary had a simple cyst; Uterus was normal and there was no
ascites. No evidence of metastatic disease in pelvis or abdomen was
found. Peritoneal washings were sent for malignant cytology and
total abdominal hysterectomy with bilateral salpingoophorectomy
was performed. Her postoperative period was uneventful.

On histopathological examination, sections from left ovarian cyst
showed multiple broad based papillae projecting into lumen with
cuboidal epithelium and fibroblastic stroma, a focal area showing
haemosiderin laden macrophages. Section from right ovarian cyst
shown broad based papillae with fibroblastic stroma and scattered
glands within stroma. Endometrium was in proliferative phase and
myometrium shown focus of adenomyosis. Both fallopian tubes
were free of tumour and peritoneal cytology was negative for
malignant cells [Table/Fig-1]. She was followed-up for two years
postoperatively and is doing well.

Journal of Clinical and Diagnostic Research. 2019 Oct, Vol-13(10): QD01-QD02

, Ovarian neoplasm

s z /

g-1]: a) Gross specimen of uterus with right ovarian cyst, Inset: multiloculated
cyst; b) Left ovarian cyst showing broad based papillae lined by cuboidal epithelium,
projecting into the lumen with fibroblastic stroma and focal collection of haemosiderin
laden macrophages (Haematoxylin and eosin, 40X), Inset: papilae with cuboidal
epithelium (H&E, 100X); c) Right ovarian cyst showing broad based papilae with
fibroblastic stroma and scattered glands within the stroma (H&E, 40X), Inset: dense
fibroblastic stroma (H&E, 100X); d) Myometrium showing adenomyosis (H&E, 40X).

DISCUSSION

Cystadenofibromas originate from the surface epithelium and
ovarian cortex and constitute 1.7% of all benign ovarian tumours
[1]. It has both epithelial and fibrous stromal components. Around
90% of these occur in women of 40 years and above, obese
and if they are on hormone replacement therapy. Very rarely
cystadenofibromas are reported in reproductive age group and
teenagers as well [2]. It then requires a thorough preoperative
evaluation to exclude a malignant aetiology so that a fertility
sparing surgery is planned [1]. They are usually confined to one
ovary; bilaterality is seen in 15% cases [3]. These tumours are
either predominantly cystic, complex solid-cystic, multiloculated
with thick septations (seen in 30% of cases) or predominantly solid
with or without papillary projections (in around 50% cases). Few of
these tumours may also demonstrate increased vascularity on color
Doppler (characteristic pattern of high impedance and peripheral
flow) [4,5]. Histology may be mucinous, serous, endometrioid or
transitional epithelium.
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The complex and varied presentation gives impression of a
malignant ovarian tumour on imaging. Cho SM et al., in his study of
16 cases of cystadenofibroma evaluated by either CT scan or MRI
showed that all of them were reported as malignant ovarian tumours
[6]. On MRI, cystadenofibromas have a nodular or trabecular
pattern. The finding that fibrous sepatations have low signal intensity
on MRI, due to presence of a skeletal muscle component was first
reported by Outwater EK et al., the cystic areas have high signal
intensity on T2 weighted images which gives appearance of a black
sponge [7]. The septations may show moderate enhancement on
Gadolinium images [8,9].

When post-menopausal bleeding is the only presenting symptom
in these women, endometrial biopsy is mandatorly done to rule
out an endometrial carcinoma. Hormone producing malignant
ovarian tumours like granulosa cell tumours may have a similar
presentation but these tumours are usually solid. The cause for
abnormal or postmenopausal uterine bleeding in woman with
cystadenofibroma is attributed, by Czernobilsky B et al., to a
possible but unproven endocrine effect of the tumour causing
abnormal endometrial proliferation [10]. Singh N et al., reported a
case of large functional benign endometroid cystadenofibroma of
the ovary leading to endometrial cystic glandular hyperplasia and
postmenopausal bleeding in a 75-year-old postmenopausal woman
[11]. Immunohistochemical detection of sex steroid hormone or
its biosynthesis enzymes such as P-450 aromatase, P-450 SCC,
3B-HSD and P-450 C17 in ovarian tumour tissue can be done to
confirm the relationship with oestrogen synthesis by the tumour and
its effect as genital bleeding.

Complications may be torsion or haemorrhage into the cyst which then
may present as acute abdomen. Mechera R et al., reported a case of
large bowel obstruction due to alarge benign ovarian cystadenofibroma
in a 60-year-old lady with Kilippel feil syndrome. Gastrointestinal
obstruction usually occurs as a complication of advanced ovarian
cancer, but she had it following cystadenofioroma [12].

Management of serous cystadenofibroma of ovary is complete
surgical removal of the tumour as they are unequivocally benign
and have an excellent prognosis. No atypical or borderline cases
have been reported till date. The diagnostic dilemma is that a
malignant ovarian tumour persists at laparotomy as well and frozen
section may prevent complete and extensive surgery especially in
reproductive age group [1]. Cho DH reported a case of 34-year-old
multiparous lady with a 6x3 cm complex adnexal mass, diagnosed
as cystadenofibroma intraoperatively by frozen section. She was
managed by laparoscopic right partial oophorectomy [13].

Fertility sparing surgery in the form of unilateral salpingo-
oophorectomy is adequate in younger women if the tumour
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is confined to one ovary. However, since very few cases of
cystadenofiboroma were reported in woman of reproductive
age, need for long term follow-up and the possible recurrence
rate is unknown. In a study of 34 patients of benign serous
cystadenofioroma of ovary by Czernobilsky B et al., the
outcome with regard to tumour was favourable and similar in all
patients whether the surgery was conservative like cystectomy/
oophorectomy or extensive like total abdominal hysterectomy and
bilateral salpingo-oophorectomy [10].

CONCLUSION

Postmenopausal bleeding is an important cause of concern in
midlife women. Though the usual causes are confined to the uterus,
ovarian cause is to be ruled out when endometrial histology is
normal. The differential diagnosis of cystadenofibroma of ovary is
thus to be kept when a peri or postmenopausal lady presents with
a triad of postmenopausal bleeding, complex adnexal mass and a
normal endometrial histology on biopsy.
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