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Abstract

Objective Adenofibroma is a form of mixed mesodermal
tumor in which epithelial and stromal components are
benign, and usually arises in the endometrium of postmeno-
pausal women. We report a case of lipoadenofibroma of the
endometrium that appeared as an intracavitary mass, which
is very unusual because endometrioid adenofibroma rarely
contains mature adipose tissue, only the second such case
described in detail.

Case An endometrial polypoid mass measuring 1,5 cm
with maximum diameter was found incidentally during
total abdominal hysterectomy for keratinizing large cell
carcinoma of the cervix in a 60-year-old woman. The endo-
metrial polypoid mass was found to be a lipoadenofibroma
composed predominantly of collagenated fibrous stroma
populated by cystically dilated and occasionally crowded
glands lined with proliferative endometrium, intermingled
with abundant mature adipose tissue.

Conclusion We suggest that uterine adenofibromas with
lipomatous areas belong to the family of mixed tumor of
Mullerian origin. We discuss the pathogenesis of this entity
and review the previously documented similar cases.
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Introduction

Uterine adenofibroma is a rare benign biphasic neoplasm
that is classified into the mixed epithelial and mesenchymal
tumor group of Mullerian origin [1]. It typically affects the
endometrium. Lipomatous component in uterine adenofi-
broma, first reported in 1995 is an extremely rare phenome-
non [2]. To the best of our knowledge, this is the second
report of an adipose tissue arising from endometrial adeno-
fibroma.

The origin of adipose tissue in the endometrium is
unclear and the pathogenesis of this tumor is still obscure.
We report the case of a 60-year-old woman with lipoadeno-
fibroma of the endometrium that was found incidentally
during total abdominal hysterectomy for keratinizing large
cell carcinoma of the cervix and review previously pub-
lished reports of similar cases.

Case report

A 60-year-old multiparous woman was admitted to the
Department of Obstetrics and Gynecology of Ege Univer-
sity, presenting with postmenopausal bleeding and pelvic
pain during the last 6 months. A routine cervicovaginal
smear revealed atypical squamous cells of undetermined
significance. Colposcopy-directed biopsy of the cervical
lesion revealed malignant epithelial tumor with distinctive
histologic type of keratinizing large cell carcinoma. A pelvic
ultrasound revealed a small polypoid cystic mass apparently
arising from the uterus, consistent with an endometrial polyp.
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The patient underwent total abdominal hysterectomy, bilat-
eral salpingo-oophorectomy and pelvic lymphadenectomy.
Postoperative recovery was uneventful.

The uterus with attached cervix measured 6.5 x 5 X
4 cm. The specimen demonstrated a keratinizing large cell
carcinoma of the cervix. Tumoral invasion of the lympho-
vascular spaces was observed. Pelvic lymph nodes showed
reactive hyperplasia. The FIGO-stage was evaluated as:
1B2, NO, MO.

Macroscopic examination of the endometrium revealed a
1.5-cm soft, intracavitary mass that has originated in the
fundus of the uterus as a pedunculated polypoid mass con-
taining multiple cystic components. The cut surface of the
mass was gray-white with yellow areas. The myometrium
was thick and there was no sign of myometrial invasion.

Microscopically, the polypoid endometrial lesion con-
tained both epithelial and mesenchymal elements (Fig. 1).
The epithelial elements were benign dilated cystic endome-
trial glands of various sizes, lined by cuboidal-to-columnar
endometrioid epithelial cells. Widespread endocervical
type epithelium was identified (Figs. 2, 3). The mesenchy-
mal elements were composed of cellular cores of fibrous
connective tissue, vascular component and abundant
mature adipose tissue (Fig. 4). Mature, bland-looking, uni-
form lipocytes appeared as isolated cells, small, irregular
aggregates and large sheets. Neither the epithelial cells nor
the stromal cells showed any cytologic atypia, necrosis and
mitotic figures. There was no cambium layer. Pathologic
examination confirmed the diagnosis of endometrial lipoad-
enofibroma. Histopathologic examination of the ovaries
and endometrium revealed corpus albicans, inclusion cysts
and simple endometrial hyperplasia without atypia,
respectively. The patient is well and symptom-free after a
24-month follow-up.

Fig. 2 Low power view of the cystic glandular component lined by
columnar or cuboidal epithelial cells, most often of endometrioid type
(hematoxylin-eosin, original magnification, x 100)

Fig. 3 High power view of the glandular epithelial cells showing fea-
tures of columnar mucinous epithelium and mature adipose cells in the
fibrous stroma (hematoxylin-eosin, original magnification, x200)

Fig. 1 The tumor is composed of cystic glandular epithelial cells and
stromal cells with abundant mature adipose tissue (hematoxylin-eosin,
original magnification, x 100)
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Fig. 4 Fibrous connective tissue, vascular component and abundant
mature adipose tissue (hematoxylin-eosin, original magnification, x 100)
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Discussion

Uterine adenofibroma was first described by Ober in 1959
as a variant of mixed mullerian tumor in which both the
epithelial and mesenchymal elements are histologically
benign [3]. Adipose tissue is uncommonly found in the
endometrium and myometrium, such as lipoleiomyomas
and pure lipomas [4]. However, in normal adenofibromas,
the presence of large amounts of adipose tissue is an
extremely rare phenomenon. A “mixed tumor” called lipo-
adenofibroma has recently been described [2].

Adenofibromas may be encountered at any age; how-
ever, they are more frequent in postmenopausal women.
Adenofibroma most commonly arises from the endome-
trium, but almost equal to 10% of the tumors originate in
the endocervix [1,5-7]. They usually present as broad-
based polypoid masses that often have villous and spongy
cut surfaces with cystic spaces surrounded by firm tissue
[5]. It varies from soft to firm and is tan or brown in color.
The tumor size ranges from 2 to 20 cm in maximum diame-
ter, with a median of 7 cm. In the present case, the tumor is
very small with a 1.5-cm diameter. The most common pre-
senting symptom of adenofibroma is abnormal vaginal
bleeding. Our patient was presented with a postmenopausal
bleeding; however, the presence of cervical carcinoma and
simple endometrial hyperplasia made it difficult to identify
the specific site of bleeding.

The histological differential diagnosis of adenofibroma
includes endometrial polyps, endometrial hyperplasia, sub-
mucosal lipoleiomyoma and polypoid adenomyoma, which
are at the benign end of the histologic spectrum, and adeno-
sarcoma, carcinosarcoma and endometrial stromal sarcoma
at the malignant end [2]. Endometrial hyperplasia with
multiple cysts is difficult to distinguish from adenofibroma
of the endometrium. Histologic features of adenofibroma
and endometrial polyp tend to overlap in some cases and
distinction between these two lesions may be arbitrary.
However; adenofibroma lacks the prominent central vascu-
lature of a polyp [8].

The lipomatous tissue in this lesion without any clinical
significance appears benign and is different from the cellu-
lar or sarcomatous appearance of the adenosarcoma. How-
ever; the awareness of lipomatous differentiation in benign
biphasic tumors of the uterus is important. The presence of
adipose components in biphasic uterine neoplasms in a
small biopsy or curettage specimen requires careful inter-
pretation by the surgical pathologist because the usual set-
ting for heterologous elements in a uterine mullerian mixed
tumor is adenosarcoma or carcinosarcoma [1,6,7]. Uterine
adenosarcoma is composed of benign endometrial glands
and sarcomatous stroma that is usually homologous and
may exhibit endometrial stromal, fibroblastic, and rarely,
smooth muscle differentiation. Heterologous elements,

including skeletal muscle, cartilage, bone and fat are most
often observed in adenosarcomas than benign counterpart
adenofibromas [1,7]. However, lipomatous differentiation
has been only once described in a benign adenofibroma [2].
The polypoid lesion in this case was regarded as an adenofi-
broma rather than an adenosarcoma because of the absence
of the following: a broad-based leaf-like growth pattern,
stromal nuclear atypia, stromal mitotic activity, and a cam-
bium layer.

Horie et al. reported lipoadenofibroma in a 67-year-old
woman who was presented with lower abdominal pain with
higher serum Cal25 levels. The mass was a submucosal
tumor measuring 6 x 5 cm in the uterine corpus [2]. In the
present case, the patient’s age and microscopic features
were similar; however, in our case the lipoadenofibroma
was small with a 1.5-cm maximum diameter and without
high Cal25 levels. Also the presence of synchronous cervix
carcinoma makes our case unique.

There is no general agreement on the exact nature of the
lipomatous-appearing elements: polypoid lesion considered
to be of hamartomatous origin or represent an unusual type
of benign Mullerian mixed tumour with a heterologous ele-
ment. Occasional neoplasms have contained heterologous
elements such as skeletal muscle or fat, especially in the
cervix [9-14]. We believe it is reasonable to suppose there-
fore that smooth muscle, skeletal muscle, adipose and carti-
laginous tissue should not be an unexpected finding in an
endometrial tumor. We consider the mass is not a hamar-
toma because adipose tissue is not a normal constituent of
the endometrium. On the other hand, it is known that mulle-
rian stromal cells have the capacity to transform other mes-
enchymal-type cells [11]. Although appearance of adipose
tissue in adenofibromas of the uterus has very rarely been
reported, this case should be a very special form of circum-
scribed lipomatosis of a uterine adenofibroma.

In conclusion, we reported a case of lipoadenofibroma of
the endometrium showing cystic dilatation of the epithelial
component and stromal fibrosis. This lesion appears to be
clinically and histologically benign and has no malignant
implications but leads to consideration of differential diagno-
sis with other malignant mesenchymal neoplasms of the
endometrium, particularly from adenosarcoma, which can be
suggestive of adenofibroma due to similar clinical features
and gross findings. We suggest that uterine adenofibromas
with lipomatous areas belong to the family of adenofibroma
(benign mullerian mixed tumor) of the uterine corpus.
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