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Case Report

Endometrial adenofibroma; A Case Report
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Abstract

Introduction: Adenofibroma is a type of mixed mesodermal tumor that both epithelial and stromal components are benign, and
often originate from endometrium at postmenopausal age. Uterine adenofibroma is an extremely rare tumor and this lesion must
be differentiated from some benign or malignant lesions of the uterus, particularly adenosarcoma. Because of the rarity and im-
portance of such histopathology at post-menopausal age, this case is presented.
Case Presentation: A 63-year-old woman, parity 9, who was at menopause period with a history of prolonged and severe no bloody
vaginal discharge during the past 3 months was referred to our center. Transvaginal ultrasonography revealed a hyperechoic area
with the dimensions 65 × 37 × 33 mm inside the endometrial cavity, that was suspicious to severe endometrial hyperplasia or ma-
lignancy. Tumor marker tests (BHCC, LDH, αFP, CA125, CA19-9, and CEA) were in normal limit. Endometrial biopsy by pipelle was
unsatisfactory for diagnosis. Total abdominal hysterectomy was done, and the result of histopathology confirmed endometrial
adenofibroma with the dimensions 70 × 47 × 40 mm.
Conclusions: The presence of a hyperechoic area of the endometrium with complain of prolonged vaginal discharge in post
menopause subjects could attribute to endometrial adenofibroma.

Keywords: Adenofibroma, Endometriosis, Cervical Intraepithelial Neoplasia, Adenosarcoma

1. Introduction

Some of the endometrial lesions during the
menopause period may be benign and adenofibroma
and it may be one of the rare tumors affecting the female
genital tract that first reported by Abell in 1971. The origin
of the tumor is from either the uterus or cervix in most
cases (1). The endometrium is the origin in most cases and
cervix is affected in 10% of the cases (2). This uncommon
Müllerian mixed tumor consists of benign epithelial and
mesenchymal elements (3). Cervical adenofibromas are
usually observed in women at pre- or post-menopausal age
and typically their presentation is abnormal vaginal bleed-
ing (1). However, an asymptomatic case of a 32-year-old
woman that presented with intracervical multicyclic mass
and was diagnosed as endometrial adenofibroma based
on histopathologic findings and transvaginal ultrasound
(4). Adenofibroma is a benign biphasic tumor classified
into the mixed epithelial and mesenchymal tumors (5).

In cases with adenofibroma some differential diagno-
sis, particularly malignant lesions, must be considered.
The differential diagnoses are adenosarcoma, adenomy-
omas, carcinosarcoma (1), and benign endometrial polyps
(6). It is possible that serous carcinoma, as well as endome-

trial intraepithelial carcinoma with involvements of the
endometrium and cervix, were generated in an endome-
trial adenofibroma in a woman at menopause age (7). One
of the unusual presentations of uterine adenofibroma in
post-menopause women is uterine inversion (2). Another
rare presentations of endometrial adenofibroma at post-
menopause age is a papillary Aden fibromatous uterine
cyst or arising of it from the endometriotic cyst (8, 9). How-
ever, the preoperative diagnosis of this rare tumor is usu-
ally very difficult. In this regard, a combination of MRI, CT
scan, and ultrasonography are introduced as useful diag-
nostic tools (5).

Conservative treatments such as curettage or polypec-
tomy for Müllerian adenofibroma are not enough due
to the probability of the recurrent nature of these tu-
mors. Therefore, hysterectomy is the treatment of choice
in cases with adenofibroma at post-menopausal age in or-
der to complete excision and to obtain a sample to exclude
adenosarcoma (10). Because this is a rare endometrial le-
sion, the probability that these lesions develop a malig-
nant tumor, and their potential complication we present
this case.
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2. Case Presentation

A 63-year-old woman, parity 9, with initiated
menopause at 5 years ago and a history of prolonged
no bloody vaginal discharge during the past 3 months
was referred to our clinic. She has a history of rheumatoid
arthritis from 3 years ago and used chloroquine and pred-
nisolone tablets daily. In the pelvic examination, there
was no visible or palpable abnormality and the vital sign
of the patient was normal at that time. She underwent
transvaginal ultrasonography and it revealed a normal
size uterus, atrophic ovaries, and a hyperechoic area with
the dimensions 65 × 37 × 33 mm inside the endometrial
cavity and it contained lots of vesicular areas suspicious to
severe endometrial hyperplasia or malignancy.

Laboratory tests consisted of complete blood count
and serum BHCG level for rule out of choriocarcinoma and
the other tumor markers, including LDH, CA125, Alpha feto-
protein, CA19-9, and CEA were in normal ranges. Pap smear
of the patient was negative for the presence of intraepithe-
lial neoplasia or malignancy and had an atrophic pattern.
Outpatient endometrial biopsy by pipelle was performed
and the result was unsatisfactory for diagnosis.

Because the patient was suspected to have malignancy
based on ultrasonographic findings, she underwent a total
abdominal hysterectomy in addition to bilateral salpingo-
oophorectomy. Frozen sections of the tissue sample dur-
ing the surgery showed a benign nature for endometrial
mass, after removing the uterus, intrauterine mass easily
was separated from uterine cavity and the result of final
histopathology confirmed an endometrial adenofibroma
with the dimensions 70×47×40 mm (Figures 1 and 2). In-
formed consent was obtained from the patient in this case
report study.

3. Discussion

Oshima et al. reported a case of endometrial adenofi-
broma in a 69-year-old woman that she was on treatment
with tamoxifen following breast cancer surgery. They indi-
cated an endometrial mass containing multiple cystic le-
sions by magnetic resonance imaging. They suggested that
adenofibroma is a possible diagnosis in patients with mul-
tiple cystic lesions in the endometrial cavity with no clini-
cal evidence of malignancy (11). Our case was a 63-year-old
woman and she was on treatment with chloroquine and
prednisolone tablets due to rheumatoid arthritis. Subse-
quently, multiple cystic lesions inside the endometrial cav-
ity were shown by sonography and similar to Oshima et al.
case report, the final diagnosis was endometrial adenofi-
broma.

Figure 1. Gross appearance of endometrial adenofibroma tumor

Figure 2. The tumor was completely and easily separated from the endometrium
(no invasion)

Akbulut et al. study reported a total abdominal hys-
terectomy in a 60-year-old woman for keratinizing large
cell carcinoma of the cervix that incidentally an endome-
trial polypoid mass 1.5 cm in maximum diameter was
found, which the mass was introduced as a lipoadenofi-
broma (12). Our case was a 63-year-old woman and in con-
trary to Akbulut et al. case that the mass was the poly-
poid type, our case had multiple cystic lesions inside the
endometrial cavity and there was no lipid component in
the mass.
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Bellil et al. reported a 31-year-old woman with papillary
adenofibroma of the uterus who was referred with vagi-
nal bleeding and her pelvic examination revealed a large
protruded polypoid mass through the cervix. Pelvic ultra-
sound showed that the origin of the mass was the uterus
and polypectomy was done. Similarly, the tumor was a
benign adenofibroma. They concluded that uterine ade-
nofibroma is an extremely rare benign mixed tumor with
the Müllerian origin and this lesion must be differentiated
from some malignancies of the uterus such as adenosar-
coma (13). Haque et al. reported a polypoid adenofibroma
during the survey of carcinoma in situ of the cervix in a 33-
year-old woman that was detected by MRI. However, the le-
sion was a pedunculated benign mass, disruption of "junc-
tional zone" in the posterior myometrial wall of the uterus
was shown by T2-weighted MR images that the pattern was
a myometrial invasion by endometrial carcinoma mimics
(14). The age of detection of endometrial adenofibroma of
these two studies is lower than our case. The pattern of pre-
sentations of them was polypoid but in our case, it was a
multiple cystic nonpolypoid lesion.

Gallardo and Prat suggested that some of the tumors
that were classified as adenofibromas, based on their low
mitotic activity and lack of significant nuclear atypia were
in fact well-differentiated adenosarcomas (15). Adenosar-
coma, adenomyosis, carcinosarcoma (1), and also benign
endometrial polyps (16) are the differential diagnosis of
adenofibroma. In our case based on the age of the patient
and ultrasound findings, the probability of malignancy
was considered before the operation, but fortunately, the
final histopathologic survey showed a benign nature of the
endometrial lesion.

Tamoxifen therapy is considered to be a risk factor for
some of the endometrial lesions such as adenofibroma and
endometrial stromal sarcoma. Hayasaka et al. described
the MRI findings of adenofibroma and endometrial stro-
mal sarcoma associated with tamoxifen therapy. They con-
cluded that when MRI demonstrates a uterine heteroge-
neous mass in the endometrium or myometrium, adenofi-
broma, and endometrial stromal sarcoma must be con-
sidered a rare diagnosis (17). Our case was on the tamox-
ifen therapy and she was on the treatment with chloro-
quine and prednisolone tablets due to rheumatoid arthri-
tis. There is no study until now for consideration of these
two drugs as a risk factor for endometrial adenofibroma.
The preoperative diagnosis of endometrial adenofibroma
usually is very difficult and the combination of MRI, CT
scan, and ultrasonography are introduced as a diagnostic
tool (5). In our case the diagnosis of the lesion was made
by ultrasound, but similar to most of the other studies, the
definite diagnosis was based on the histopathologic find-
ings.

Hayasaka et al. showed that because Müllerian adenofi-
broma is associated with recurrence, and that conservative
treatments such as curettage or polypectomy are subopti-
mal; therefore, the treatment of choice in women with ade-
nofibroma was hysterectomy at any age in order to com-
plete excision and to obtain a thorough sample for ruling
out the adenosarcoma (17). In our case also the patient un-
derwent a total abdominal hysterectomy in addition to bi-
lateral salpingo-oophorectomy. Subsequently, frozen sec-
tions of the tissue sample during surgery did not show ma-
lignancy and the result of final histopathology confirmed
benign endometrial adenofibroma.

In conclusion, prolonged no bloody vaginal discharge
with the presence of hyperechoic mass inside a women’s
endometrium at post-menopause age may be a benign
endometrial adenofibroma and more studies should be
conducted to evaluate the effect of chloroquine and pred-
nisolone as risk factors for endometrial adenofibroma.

Footnotes
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