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Abstract: Uterine adenosarcoma is a rare gynecological malignancy with no specific symptoms, and the optimal 
management is still inconclusive. Herein we present a case of uterine adenosarcoma in a 38-year-old woman with 
a good prognosis and review of literatures. The patient presented with abnormal vaginal bleeding with no special 
medical history. Sonographic scan revealed a heterogeneous echoic mass in the cavity, indicating a polypus or a 
submucous myoma. The pathology based on the specimen after the hysteroscopic tumor excision suggested diag-
nosis of uterine adenosarcoma. Subsequently, the patient received pelvic MRI scan before surgery. MRI identified a 
patchy lesion at the cervix-lower endometrial cavity with low signal in T1WI and a mixed high T2 signal in T2WI, with 
no sign of metastasis. Then total abdominal hysterectomy with bilateral salpingo-oopherectomy plus pelvic lymph 
node dissection was performed and 6 cycles of chemotherapy were administered. The patient remains disease-free 
on follow-up to date, more than 15 months after chemotherapy.
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Introduction

Uterine adenosarcoma is a rare malignancy, 
accounts for 5%-10% of all uterine sarcomas 
[1, 2]. It was first reported by Clement and 
Scully in 1974, characterized by components of 
both sarcoma and benign epithelial glands [3]. 
The morbidity was hard to estimate worldwide 
but it only has an age-adjusted incidence of 2-3 
per 1,000,000 in the US population [4]. Due to 
the rarity and the inconsistent of clinical man-
agement, here we present a case of uterine 
adenosarcoma in a 38-year-old woman with a 
good prognosis.

Case 

A 38-year-old woman presented with abnormal 
vaginal bleeding for 1 year and a prolonged 
10-day menstruation compared to the original 
3-5 days with no other complaints such as 
menorrhagia, watery discharge, or abdominal 
fullness etc. She had no other medical history 
but caesarean section for one childbirth and 
she took no specific medications. The patient 

did not go to the clinic in the past year until her 
last menstrual period lasted for 15 days. In the 
outpatient department, no significant signs 
were found during the pelvic exam while trans-
vaginal 3D ultrasound scan revealed a hetero-
geneous echoic mass, 3.8*2.2*2.1 cm in  
size with a cystic region of approximately 
1.6*1.5*1.3 cm, started from the uterine cavity 
and descended to the cervical canal.

An endometrial polypus or a submucous myoma 
was suspected, the patient was admitted and 
hysteroscopy was performed. During the hyster-
oscopy, the endocervical canal was visually nor-
mal, but from the middle of endometrial cavity 
to the internal os, a soft, partly cystic, sessile 
mass about 4*2*2 cm in size was seen. It was 
difficult to specify whether the mass was a sub-
mucous myoma with cystic degeneration or an 
endometrial polypus intraoperatively, so a hys-
teroscopic tumor excision was done. The patho-
logical examination found that the tumor was 
composed of benign glandular elements and 
malignant stromal components. The epithelial 
glands were papillary or slit-like while the stro-
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Figure 1. The tumor was composed of benign glandular elements and malignant stromal components. A. The slit-
like epithelial glands were widely distributed in the stroma. B. The stromal cells forming intraglandular protrusions 
(blue arrow) and peri-glandular cuffs around the glands (black arrow).

mal cells were spindle-shaped, with increased 
mitotic activity. The stromal cells formed intrag-
landular protrusions and in some areas, formed 
peri-glandular cuffs around the glands, which 
was the typical microscopic characteristic of 
adenosarcoma (Figure 1). The final pathologi-
cal diagnosis was uterine adenosarcoma, with 
the malignant stromal component was low 
grade endometrial stromal sarcoma.

In order to understand the characteristics of 
the tumor and whether there was myometrial 
invasion or distant metastasis, pelvic Magnetic 
Resonance Image (MRI) with contrast enhanc- 
ed was performed before reoperation. It can  
be observed a patchy lesion at the cervix- 
lower endometrial cavity with low signal in T1 
Weighted Image (T1WI) and a mixed high T2 sig-
nal in T2 Weighted Image (T2WI). No obvious 
diffusion limitation was observed in Diffusion 
Weighted Image (DWI), and uneven tissue en- 
hancement was shown in T1WI with contrast-
enhanced (Figure 2). There were no obvious 
enlarged lymph nodes in pelvic cavity and no 
sign of myometrial invasion on MRI.

A subsequent laparoscopy was scheduled. The- 
re were no visible tumor and no enlarged lym- 
ph nodes detected in the surgery, then total 
abdominal hysterectomy with bilateral salpin-
go-oopherectomy (TAH with BSO) and pelvic 
lymphadenectomy was performed.

Macroscopic examination found a protruding 
adenosarcoma sized 1.8*1.2*0.8 cm at the 

cervix-lower uterus. The tumor is mainly exoge-
nous, with focal invasion to the superficial myo-
metrium (<½ myometrial thickness), and no 
lymphovascular space invasion (LVSI), no in- 
volvement on surgical margins, bilateral para-
metria, bilateral uterine horns, bilateral fallopi-
an tubes and ovaries, and 24 resected lymph 
nodes were negative. Given that the risk of 
recurrence increased while the presence of 
myometrial invasion, we conducted 6 cycles of 
chemotherapy, with regimen of pegylated lipo-
somal doxorubicin and carboplatin. The patient 
has been followed up for more than 15 months 
after chemotherapy, and has no signs of recur-
rence so far.

Discussion

Uterine adenosarcoma is a biphasic neoplasm 
consisting of benign or occasionally atypical 
glandular component and malignant stromal 
component. It accounts for about 5%-10% of 
uterine sarcomas, while uterine sarcomas are 
only 1% of all gynecological malignancies and 
3% of all uterine cancers [1, 2, 4, 5]. 

Uterine adenosarcoma occurs more frequently 
in postmenopausal women. According to three 
retrospective analyses, the median ages of 
patients diagnosed with uterine adenosarcoma 
were 54 [6], 56 [7] and 58 [8] respectively, 
ranging from 14 to 89 years old. Of 544 cases 
from the SEERs database, 51.5% of the pa- 
tients were between 40 and 65 years old, and 
less than 10% were younger than 40 years old 
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Figure 2. MRI revealed a patchy lesion (arrow) of 17*9 mm at the cervix-lower endometrial cavity. A. A mixed high 
T2 signal in T2WI. B. Uneven tissue enhancement in T1WI with contrast-enhanced.

[9]. The patient in this study was a 38-year-old 
woman of reproductive age.

The most common symptom of uterine adeno-
sarcoma is abnormal vaginal bleeding, but a 
small number of patients present with uterine 
enlargement, pelvic mass, pelvic pain, uterine 
prolapse, vaginal discharge, or some rare symp-
toms include dysmenorrhea, dysuria, infertility, 
abdominal distension caused by ascites [2, 4, 
6, 8, 9]. During gynecological examination, 
tumors can be seen protruding from the exter-
nal cervical orifice or even fill the vagina, which 
may be misdiagnosed as “cervical polyps”, 
especially in patients with histories of recurrent 
endometrial polyps or cervical canal polyps [2, 
6, 8, 10-13].

Uterine adenosarcomas occur typically in the 
endometrium (87%) and may also be confined 
to the internal os (9%) or myometrium (4%) [6, 
8-10, 14]. Similar tumors can originate in the 
cervix [12, 13, 15-17], ovaries [6, 15, 18-24], 
pelvis [25-28], and vagina [29-31]. The diame-
ter of adenosarcoma varied from 0.1 cm to >20 
cm, with an average of 5 cm [8, 10, 32]. Most 
tumors are lobulated and granular, grown as 
solitary polypoid, but multiple polypoid masses 
within the uterine cavity have also been seen 
[2, 6, 8-10, 32]. 

Due to well performance on soft tissue resolu-
tion, MRI can display the internal structure and 

changes such as hemorrhage or necrosis of  
the tumor, and can accurately determine the 
relationship between the lesion and the endo-
metrium or myometrium. Typical MRI manifes-
tations of uterine adenosarcoma are huge pol-
ypoid masses arising from the uterine cavity, 
protruding to the vagina through the cervical 
canal, with clear or blurred borders, and multi-
ple small cystic areas inside [33-36]. Metas- 
tasis and enlarged lymph nodes could also be 
revealed on MRI in advanced patients. Com- 
pared with the signal of myometrium, the mass-
es of uterine adenosarcoma often showed 
slightly high signal on T2WI and low or high sig-
nal on T1WI, which was quite similar to that of 
endometrial polyps or submucosal fibroids [34, 
36]. Usually, there is heterogeneous enhance-
ment in T1WI with contrast-enhanced [34, 35]. 
However, with regard to DWI, the results are 
inconsistent. Some researchers reported that 
adenosarcomas usually presented relatively 
low DWI signal intensity, especially low-grade 
adenosarcomas [35-38], while some other re- 
searchers found that uterine adenosarcomas 
showed slightly high signal or high signal on 
DWI [39-41]. The reasons for the different DWI 
signals are still unclear but could be explained 
by the different proportions of benign epithelial 
and malignant mesenchymal components to 
some extent. Other imaging modalities can also 
be used, such as sonography, CT or Positron 
emission tomography-computed tomography 



A case report of uterine adenosarcoma

73 Am J Nucl Med Mol Imaging 2023;13(2):70-76

(PET-CT). Sonography and CT are nonspecific 
but most reachable, usually revealed enlarged 
uterine with a heterogeneous mass inside the 
cavity [34, 42]. PET/CT can be used to identify 
distant metastases or relapse locations [43].

Without specific immunohistochemical mark-
ers, the diagnosis of uterine adenosarcomas 
mainly relies on morphological features. The 
typical microscopic characteristic of adeno- 
sarcoma is peri-glandular cuffs composed of 
benign epithelial glands and malignant stromal 
components [2, 6, 8, 44, 45]. The mitotic activ-
ity of the stroma cells varies greatly, ranging 
from 0 to 24 MF/10 high-power fields (hpf) [8, 
10, 45, 46]. About 30% of cases were accom-
panied by endometrial dysplasia or endometri-
al adenocarcinoma [8]. Most uterine adenosar-
comas were confined to the endometrium [6, 
44, 45, 47], but Zaloudek et al. reported 7/25 
cases of myometrial invasion [10], Clement et 
al. found that 15/100 cases had superficial 
myometrial invasion, while 4 cases had deep 
invasion [8]. The immunophenotype of most 
uterine adenosarcomas is similar to that of 
endometrial stromal sarcomas (positive ER, 
PR, WT1, and CD10), while patients with sar- 
coma overgrowth have loss of ER, PR, and 
CD10 expression [48-50].

There is no consensus on the optimal approach 
to treatment of uterine adenosarcoma. Ac- 
cording to the published data, the recommend-
ed management for adenosarcoma is TAH with 
BSO [9, 51], but for women with fertility require-
ments, fertility sparing surgery (FSS) can be 
considered for appropriate selected patients 
[52-54]. ZiZolfi et al. reported one 23-year-old 
woman with Stage IA uterine adenosarcoma 
underwent hysteroscopic tumor resection fol-
lowed by 160 mg/d oral megestrol acetate, and 
got full-term infant four years after diagnosis 
[54]. Goh et al. reported a 21-year-old patient 
with Stage I low-grade uterine adenosarcoma, 
underwent dilatation and curettage (D&C) and 
polypectomy, and got spontaneous conception 
and delivery four years later, but she received 
TAH+BSO+ lymphadenectomy when recurrence 
was confirmed 96 months after initial diagno-
sis [55]. L’Heveder et al. reported an 18-year-
old girl who diagnosed as low-grade adenosar-
coma after polypectomy, she conceived and 
delivered twins at 28 weeks, and underwent 
hysterectomy 20 years postoperatively with no 

recurrence [53]. Lee et al. reported seven 
cases, the largest case series to date, of Stage 
I uterine adenosarcoma managed with FSS,  
but two of them suffered recurrence while only 
one woman got livebirth [56]. Zaloudek et al. 
reported three cases of 14 to 15-year-old pa- 
tients, one underwent TAH with ovary preserva-
tion, the second only received cervixectomy, 
and the third underwent only tumor excision. All 
three patients received radiotherapy after sur-
gery, and no recurrence was observed during 
follow-up, but only the third woman got a nor-
mal pregnancy [10]. Michener et al. reported a 
25-year-old female diagnosed with Stage IB 
uterine adenosarcoma who underwent hyster-
ectomy but preserved ovaries, and was sug-
gested to in vitro fertilization using a surrogate 
[52]. Due to the extremely rarity, it cannot to 
conclude a standard procedure nor unified cri-
teria of FSS, but it seems it can be performed in 
young patients with low-grade, stage IA disease 
without sarcomatous overgrowth, and close 
long-term follow-up is needed. However, fertili-
ty-sparing surgery is still not the recommended 
approach due to the risk of recurrence, and 
hysterectomy should be considered after com-
pletion of childbearing. 

Lymphadenectomy is still controversial. It has 
been reported that the incidence of lymph node 
metastasis in uterine adenosarcoma is very 
low, ranging from 0 to 6.5% [2, 6, 7, 9, 57]. 
Furthermore, some researchers found that 
lymphadenectomy did not show overall or pro-
gression-free survival benefit [6, 7]. But mean-
while, some studies found patients underwent 
lymphadenectomy showed a better survival 
[57, 58]. In a retrospective study of 994 cases 
and a systematic review of 230 surgically tre- 
ated adenosarcomas, lymph node involvement 
revealed the greatest impact on progression-
free survival compared to other factors such as 
deep myometrial invasion or sarcomatous over-
growth [57]. So, the question of whether lymph 
nodes should be removed during the primary 
surgery remained unanswered. But in any case, 
enlarged lymph nodes should be excised to rule 
out or confirm metastasis [57, 59]. Although 
the mainstream guidelines like the NCCN guide-
line suggested TH+BSO as standard surgery  
for uterine adenosarcoma, lymphadenectomy 
is practiced widely. Of 1027 cases from the 
SEERs database, 53.1% of patients underwent 
lymph node dissection [7]. In this case, consid-
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ering the involvement of lymph node metasta-
sis in tumor staging and it may be an indicator 
of poor prognosis, we performed lymphadenec-
tomy during the surgery.

The general 5-year overall survival of uterine 
adenosarcoma is about 60-87%, and the most 
important prognostic factors are tumor stage, 
presence of sarcomatous overgrowth and myo-
metrial invasion [2, 4-7, 9, 46, 47, 51, 57, 60, 
61]. Survival analyses from the SEERs data-
base indicated that the 5-year survival for 
patients with stage I was 79% (95% CI, 75-84%) 
and for patients with stage III was 48% (95% CI, 
29-65%) [9]. However, the 2-year PFS and OS 
were only 20%-50% with sarcomatous over-
growth while both 100% without sarcomatous 
overgrowth [6, 45, 60]. Myometrial invasion is 
related with a more aggressive behavior and a 
high rate of recurrence, the overall survival for 
early stage patients with myometrial invasion 
was only 63% [9]. The case reported here was 
stage IB with myometrial invasion, so the risk  
of recurrence cannot be ignored. Therefore, we 
administered 6 cycles of adjuvant chemothera-
py. The patient was disease-free to date.

Conclusion

Most patients with uterine adenosarcoma are 
in the early stage and with relatively good prog-
nosis. The recommended management is TAH 
with BSO, lymphadenectomy may not be rou-
tinely performed but enlarged lymph nodes 
should be resected. Sarcoma-specified che- 
motherapy regimens (eg, doxorubicin or ifos-
famide) may be considered in patients at high 
risk of recurrence or death, such as myome- 
trial invasion, sarcomatous overgrowth and 
advanced stage. 
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