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Abstract
Uterine adenosarcoma coexisting with endometrial carcinoma is a very rare disease. Herein, we

reported the case of uterine adenosarcoma coexisting with endometrioid endometrial carcinoma.

Transvaginal ultrasound, computed tomography, and magnetic resonance imaging examinations all

indicated a space-occupying lesion in the uterine cavity, and initially was considered endometrial car-

cinoma. Subsequently, total hysterectomy combined with bilateral salpingo-oophorectomy, pelvic

lymphadenectomy, and para-aortic lymphadenectomy were performed. The coexistence of uterine

adenosarcoma and endometrioid endometrial carcinoma was histologically confirmed postopera-

tively. The patient recovered well after surgery and was discharged on postoperative day 7. At a fol-

low-up examination 10 months after surgery, we found no evidence of discomforting symptoms and

recurrence or metastasis. Since the coexistence of uterine adenosarcoma and endometrial carcin-

oma is rare, it is easy to be overlooked the presence of uterine adenosarcoma on imaging or morph-

ology, and thus be misdiagnosed as a more common disease, namely endometrial carcinoma.

Observing the cystic structure within the lesion on magnetic resonance imaging is helpful for the

diagnosis of uterine adenosarcoma. This article summarizes the imaging characteristics, clinicopatho-

logical features, molecular correlation, treatment, and prognosis of the disease.
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Introduction

Uterine adenosarcoma (UAS), first reported by Clement and Scully,1 is rare, accounting
for only 0.2% of all uterine malignancies.2 UAS coexisting with endometrial carcinoma
(EC) is even rarer. Only six literatures in English about the disease have been reported to
date.3–8 Herein, we presented a case of UAC coexisting with EC and performed a litera-
ture review in order to understand the imaging characteristics, and clinicopathological
features of the disease better and reduce misdiagnosis.

Case report

A later 50 s female patient, was admitted to Guiqian International General Hospital on 9
November 2023 due to postmenopausal vaginal bleeding. Transvaginal ultrasound, com-
puted tomography (CT), andmagnetic resonance imaging (MRI) examinations all indicated
a space-occupying lesion in the uterine cavity (Figure 1), and initially EC was considered.

Figure 1. Imaging characteristics of this case. (A) Transvaginal ultrasound showed a mixed

echogenic mass in the uterine cavity, and the endometrium was unclear. (B) CT enhanced scan

showed mass shadows in the uterine cavity with progressive uneven enhancement, and uneven

thickening of the endometrium. (C) MRI T2WI transverse view showed mixed slightly high signal

and isointense mass shadow in the uterine cavity, with higher signal small cystic lesions in it, and

uneven thickening of the endometrium. (D) MRI enhanced scan T1WI showed that the mass in the

uterine cavity was obviously unevenly enhanced, and the degree of enhancement was similar to

that of the myometrium. There were small cystic non-enhanced lesions in the mass. The thickened

endometrium was slightly enhanced.
CT: chemotherapy; MRI: magnetic resonance imaging.
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Subsequently, total hysterectomy combined with bilateral salpingo-oophorectomy, pelvic
lymphadenectomy, and para-aortic lymphadenectomy was performed. The gross appear-
ance showed that the endometrium was thickened (about 4 mm) and uneven. Another iso-
lated polypoid mass was found (Figure 2A). Microscopically, the thickened endometrium
showed a complex glandular structure. The glandular epithelial cells with eosinophilic cyto-
plasm, round irregular nuclei, and prominent nucleoli were arranged in a disorderly, depo-
larized, and stratified manner. The pathological diagnosis was endometrioid endometrial
carcinoma (EEC) (Figure 2B). Immunohistochemical results showed that estrogen receptor
(ER), progesterone receptor (PR), and mismatch repair proteins (MLH1 (Figure 2C),
MSH2, MSH6, and PMS2) were positive in endometrial glandular epithelial cells, and
P53 was positive in more than 80% of endometrial glandular epithelial cells, showing a
mutant expression pattern. The polypoid mass showed bidirectional differentiation and
was composed of epithelium and mesenchyme. The morphology of glandular epithelium
was benign, with focal atypia areas. The periglandular mesenchyme was abundant and clus-
tered with a focal leafy conformation, and the mitosis was easy to be found (an average of
three mitoses per high-power field). Immunohistochemical results showed that CD10 was
positive in stromal cells while negative in epithelial cells. P53 was also positive in
more than 80% of stromal cells, showing a mutant expression pattern. The pathological

Figure 2. Pathological features of this case. (A) The gross appearance showed the thickened

endometrium (long white arrow) and the polypoid mass (short white arrow). (B) The glandular

epithelial cells of EEC with eosinophilic cytoplasm and round irregular nuclei and prominent

nucleoli were arranged in a disorderly, depolarized, and stratified manner (H&E staining, 400 ×).
(C) Immunostaining for MLH1 showed a positive reaction (200 ×). (D), The UAS showed

bidirectional differentiation (H&E staining, 100 ×). (E) The mitosis was easy to be found in stroma

(400 ×). (F) Immunohistochemical staining showed CD10 was positive in stromal cells while

negative in epithelial cells (200 ×).
EEC: endometrioid endometrial carcinoma; UAS: uterine adenosarcoma; MLH: mismatch repair protein; H&E:

hematoxylin and eosin.
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diagnosis was approved for UAS (Figure 2D to F). No tumor metastasis was found in
all lymph nodes. The final integrated diagnosis was approval for UAS (stage IA
according to FIGO) coexisting with EEC (stage IA2 according to FIGO). The patient
recovered well after surgery and was discharged on postoperative day 7. At a follow-up
examination 10 months after surgery, we found no evidence of discomforting symptoms
and recurrence or metastasis. Our team had obtained the patient’s consent for treatment.
The patient’s details have been de-identified. The reporting of this study conforms to
CARE guidelines.9

Discussion

Imaging features

Both EC and UAS have no characteristic manifestations in ultrasound and CT examina-
tions. MRI is considered the most accurate imaging technique for preoperative evaluation
of EC due to its excellent soft tissue contrast resolution.10 Typical MRI manifestations of
EC include reduced endometrial signal on T2WI, significantly increased signal on DWI,
significantly reduced ADC value, and mostly mild enhancement in enhanced scans (sig-
nificantly lower than myometrium enhancement).10 In this case, the thickness of the
endometrium was not obvious (about 4 mm), and the polypoid mass filled the uterine
cavity, making it difficult to identify EC on MRI.

UAS appears as a heterogeneous polypoid mass in the uterine cavity on MRI. It often
fills the uterine cavity with clear and sharp borders. UAS shows a moderate signal on
T1WI and a slightly high or high signal on T2WI. Multiple separated small cystic
areas are common, which are the benign glands of adenosarcoma, and the most charac-
teristic manifestations of UAS. On the MRI of this case, characteristic cystic structures
were also visible within the polypoid mass.

Clinicopathological features

UAS, presenting as a polypoid mass occupying the uterine cavity, is a biphasic neoplasm
composed of a benign or occasionally atypical epithelial component and a malignant
stromal component. Histologically, it is characterized by phyllode-form cleft-like or
dilated glands, with periglandular stromal condensation, cytological atypia, and
mitoses. Immunohistochemical staining of most UAS shows positive expression of ER
and PR in the epithelial component and positive expression of CD10 in the sarcomatous
component.11

UAS needs to be differentiated from carcinosarcoma, atypical polypoid adenomyoma,
endometrial polyp, uterine adenomyoma, etc. Carcinosarcoma is composed of malignant
epithelium and malignant stroma, while the epithelial component of UAS is benign or
atypical. Atypical polypoid adenomyoma is composed of atypical endometrial glands
and benign myomatous or fibromyomatous stroma. Immunohistochemistry shows a
negative expression of CD10 in the stroma of atypical polypoid adenomyoma, while
often a positive expression of CD10 in UAS. The endometrial polyp is composed of
benign endometrial glands and benign endometrial stroma. The density of stromal cells
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is low and mitoses are rare, while the density of malignant stromal cells in UAS is high
and mitoses are common. Uterine adenomyoma is composed of benign endometrioid-
type glands, endometrioid-type stroma, and smooth muscle.11

The main clinical symptom of EEC is postmenopausal vaginal bleeding, and the
typical histopathological manifestations are endometrial gland hyperplasia, fusion,
villoglandular structure, and stromal disappearance or desmoplastic stromal reaction.
Immunohistochemistry shows diffuse strong positivity for ER and PR. Since the first
case of UAS coexisting with EC was reported in 1981, 28 cases including one case in
this report have been reported. Their clinicopathological characteristics are
summarized in Table 1. Patients of UAS coexisting with EC ranged in age from 43 to
87 years. Most patients presented with abnormal vaginal bleeding or abdominal/pelvic
pain. The gross appearance almost always showed a polypoid mass in the uterine
cavity. The main type of EC is EEC, but occasionally clear cell carcinoma or dedifferen-
tiated carcinoma may be found. Regardless of EC or UAS, the FIGO stages were mostly
in stage I.

Molecular correlation

Of all the cases of UAS coexisting with EC described to date, four have undergone
targeted next-generation sequencing testing. Among them, the first case contained
components of UAS, EEC, and undifferentiated carcinoma. These three tumor
components shared the same genetic mutations, including KRAS (p.G12D), PIK3CA
(p.R88Q), and PTEN (p.R130G).5 The second and third cases were admixed of UAS
and EEC. There was the same gene mutation in both tumor components, KRAS
(p.G12V) in the second case, and KRAS (p.G13D), PIK3CA (p.E542K), and FBXW7
(p.R479G) in the third case.6 The fourth case was UAS coexisting with clear cell
carcinoma, which showed seven identical somatic variants including CDK4 and
MDM2 gene amplification.8 Although molecular analysis was not performed in this
case, p53 immunohistochemistry showed a mutant expression pattern in both EEC and
UAS. In summary, in cases of coexistence of UAS and EC, the two components may
be homologous.

Treatment and prognosis

Most patients with UAS are in the early stages and the prognosis is favorable. The
recommended treatment is total hysterectomy with bilateral salpingo-oophorectomy
and lymphadenectomy.12 When UAS consists of 25% or more of sarcomas without
accompanying glandular components, it is referred to as sarcomatous overgrowth.
Most UAS lacking sarcomatous overgrowth are relatively indolent, with low recur-
rence rates, low distant metastasis rates, and low overall mortalities. Such tumors
are treated primarily with surgery. Whereas those with sarcomatous overgrowth are
often treated with chemotherapy, radiation therapy, or combined.13 Among the 26
reported cases of UAS coexisting with EC, most patients who underwent surgical
resection had a favorable prognosis, and only a few patients with distant metastases
died of the disease.

Wang et al. 5



T
ab

le
1.

Su
m
m
ar
y
o
f
re
p
o
rt
e
d
ca
se
s
o
f
U
A
S
co
e
x
is
ti
n
g
w
it
h
E
C
fr
o
m

1
9
8
1
to

2
0
2
3
.

L
it
e
ra
tu
re

P
u
b
lic
at
io
n

ye
ar

N
u
m
b
e
r

o
f
ca
se
s

A
ge

(y
e
ar
s)

sy
m
p
to
m
s

G
ro
ss

ap
p
e
ar
an
ce
s

Sa
rc
o
m
at
o
u
s

o
ve
rg
ro
w
th

ty
p
e
s

o
f
E
C

F
IG
O

st
ag
e
o
f

U
A
S

F
IG
O

st
ag
e
o
f

E
C

Su
rg
ic
al

re
se
ct
io
n

Fo
llo
w
-u
p

tr
e
at
m
e
n
t

St
at
u
s
af
te
r

su
rg
e
ry

1
G
aš
lje
vi
ć

e
t
al
.8

2
0
2
3

1
8
5

A
b
n
V
B

M
as
s

A
b
se
n
t

C
C
C

IC
IA

T
H
-B
SO

an
d

P
L
N
D

A
b
se
n
t

A
liv
e
(1
8
m
o
)

2
O
sm

an
an
d

A
b
u
-S
in
n
7
2
0
2
2

1
5
9

A
b
n
V
B

M
as
s

A
b
se
n
t

E
E
C

IA
IA

T
H
-B
SO

an
d

P
L
N
D

B
T

A
liv
e
(2
0
m
o
)

3
H
al
la
n
ie
t
al
.6

2
0
2
1

2
2

4
3
–
8
7

A
b
n
V
B
o
r

A
P
/P
P

N
o
st
at
e
d

So
m
e
ca
se
s

w
e
re

p
re
se
n
t

E
E
C o
r

D
C

I–
IV

I–
II
I

T
H
-B
SO

w
it
h

o
r
w
it
h
o
u
t

P
L
N
D
,
o
r

re
se
ct
io
n

o
f
th
e

tu
m
o
r
o
n
ly

So
m
e
ca
se
s

u
n
d
e
rw

e
n
t

C
T
,
R
T
,
o
r

B
T

E
ig
h
t
ca
se
s

al
iv
e
(2
–

1
8
9
m
o
),
2

ca
se
s

D
O
T
D
(7
–

8
m
o
)

4
B
ai
e
t
al
.5

2
0
2
0

1
6
6

A
b
n
V
B

an
d
A
P

P
o
ly
p
o
id

m
as
s

A
b
se
n
t

D
C

N
o
st
at
e
d

N
o
st
at
e
d

T
H
-B
SO

,
P
L
N
D
,
an
d

PA
L
N
D

R
T

D
O
T
D

（
2
m
o
）

5
B
ah
ar
i
e
t
al
.4

1
9
8
6

1
6
4

A
b
n
V
B

P
o
ly
p
o
id

m
as
s

N
o
st
at
e
d

E
E
C

IB
IA

T
H
-B
SO

an
d

P
L
N
D

N
o
st
at
e
d

N
o
st
at
e
d

6
St
re
e
t
an
d

D
u
To
it
3

1
9
8
1

1
4
7

A
b
n
V
B

P
o
ly
p
o
id

m
as
s

N
o
st
at
e
d

E
A
SC

IC
IA

T
H
-B
SO

,
P
L
N
D
,
an
d

PA
L
N
D

C
T

A
liv
e
(2
0
m
o
)

7
P
re
se
n
t

lit
e
ra
tu
re

1
5
8

A
b
n
V
B

P
o
ly
p
o
id

m
as
s

A
b
se
n
t

E
E
C

IA
IA

T
H
-B
SO

,
P
L
N
D
,
an
d

PA
L
N
D

A
b
se
n
t

A
liv
e
(4

m
o
)

U
A
S:
u
te
ri
n
e
ad
e
n
o
sa
rc
o
m
a;
E
C
:
e
n
d
o
m
e
tr
ia
l
ca
rc
in
o
m
a;
A
b
n
V
B
:
ab
n
o
rm

al
va
gi
n
al
b
le
e
d
in
g;
P
P
:
p
e
lv
ic
p
ai
n
;
A
P
:
ab
d
o
m
in
al
p
ai
n
;
E
E
C
:
e
n
d
o
m
e
tr
io
id

e
n
d
o
m
e
tr
ia
l

ca
rc
in
o
m
a;
C
C
C
:
cl
e
ar

ce
ll
ca
rc
in
o
m
a;
D
C
:
d
e
d
if
fe
re
n
ti
at
e
d
ca
rc
in
o
m
a;
E
A
SC

:
e
n
d
o
m
e
tr
ia
l
ad
e
n
o
sq
u
am

o
u
s
ca
rc
in
o
m
a;
T
H
-B
SO

:
to
ta
l
h
ys
te
re
ct
o
m
y
co
m
b
in
e
d
w
it
h

b
ila
te
ra
l
sa
lp
in
go
-o
o
p
h
o
re
ct
o
m
y;
P
L
N
D
:
p
e
lv
ic
ly
m
p
h
ad
e
n
e
ct
o
m
y;
PA

L
N
D
:
p
ar
a-
ao
rt
ic
ly
m
p
h
ad
e
n
e
ct
o
m
y;
D
O
T
D
:
d
ie
d
o
f
th
e
d
is
e
as
e
;
B
T
:
b
ra
ch
yt
h
e
ra
p
y;
C
T
:

ch
e
m
o
th
e
ra
p
y;
R
T
:
ra
d
io
th
e
ra
p
y;
M
o
:
m
o
n
th
s.

6 Science Progress 107(4)



Conclusion

In summary, although the coexistence of UAS and EC is rare, the occurrence of this situ-
ation needs to be taken into consideration when diagnosing uterine space-occupying
lesions clinically and radiographically, and MRI is an important method to evaluate
these two coexisting tumors. UAS and EC share the same molecular changes when
coexisting, and they may be homologous. The main treatment method for the coexistence
of UAS and EC is surgical resection. The prognosis of cases without distant metastasis is
favorable.
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