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  Introduction 
 Adenoma malignum (AM), also called  ‘ minimal-deviation adenocar-
cinoma ’ , is a rare variant of mucinous adenocarcinoma of the cervix 

(Doi et   al. 1997), with a prevalence of approximately 1 – 3% among all 
cervical adenocarcinomas (Kaminski and Norris 1983). 

 AM exhibits an endophytic growth pattern, and ultrasound fi nd-
igs mimic multiple nabothian cysts (Chang Jie et   al. 2008; Lim et   al. 
2012). Th e most common presenting symptom is abnormal vaginal 
bleeding and watery discharge. AM is unlikely to be diagnosed by 
a Pap smear or small cervical biopsies. Th e fi nal diagnosis of AM is 
oft en made by histological examination. 

 Because of its rarity, the nature and clinical course of the disease 
and its standard treatment have not been clarifi ed completely. Here, 
we present a case report of adenoma malignum.   

 Case report 
 A 59-year-old woman diagnosed with a right adnexal mass was 
referred to our clinic. Physical examination revealed normal fi nd-
ings. Her uterus was normal in size, shape and consistency. Th e 
cervix was grossly normal, yet slightly enlarged, with the exception 
of profuse mucoid discharge. Examination of the parametrium on 
both sides revealed normal fi ndings. Transvaginal Doppler sonog-
raphy showed a 70    �    80 mm, multiseptated cystic mass on the right 
adnexa, with a small number of ascites. Her Pap smear was normal. 
Her serum cancer antigen (CA)125 level was slighly elevated (49 
U/ml) and her serum CA19-9 level was    �    1,000 U/ml. Abdominal 
computed tomography (CT) showed a 78    �    81 mm, multiloculated 
cystic lesion on the right adnexa and a small amount of pelvic 
ascites (Figure 1a). Endometrial biopsy revealed chronic cervicitis 
and a proliferative endometrium. 

 A low median-line incisional laparotomy was performed. Approx-
imately 250 ml of mucinous fl uid was drained from the pouch of 
Douglas and cytology was reported as  ‘ benign ’ . Th e uterus was mea-
sured at 10 gestational weeks in size, and the cervix was slightly more 
enlarged than usual. An 8    �    8 cm right ovarian cyst was observed. Th e 
left  adnexa seemed to be normal. A right salpingo-oophorectomy was 
performed, sent for a frozen section and was reported as benign. 

 Total abdominal hysterectomy and left  salpingo-oophorectomy 
was performed; frozen sections were prepared and sent for diagnosis 

    Figure 1. (a) Lower abdominal CT scan showed a 78  �  81 mm, multiloculated cystic lesion on the right adnexa ( ∗ ) and a small amount of pelvic ascites. Th e cervix is 
slightly more enlarged than usual and there are multiple cystic structures within the cervix (arrow). (b) A histological section of the cervix demonstrates numerous 
irregularly-shaped dilated glands marked throughout the full thickness of the epithelium; dilated glandular structures composed of columnar cells with clear 
cytoplasms and basal located nuclei. (c) Polymorphonuclear leucocytes (arrow) are observed in the glandular lumens (H & E,  �    100). (d) Th e section from the right 
ovary demonstrates mucinous columnar cells of the glandulae that are positively stained with Alcian blue, revealing the presence of intracytoplasmatic mucin (PAS 
staining with Alcian blue,  �    100).  

J 
O

bs
te

t G
yn

ae
co

l D
ow

nl
oa

de
d 

fr
om

 in
fo

rm
ah

ea
lth

ca
re

.c
om

 b
y 

D
ok

uz
 E

yl
ul

 U
ni

v.
 o

n 
06

/3
0/

15
Fo

r 
pe

rs
on

al
 u

se
 o

nl
y.



Gynaecology Case Reports  109

and the subsequent analysis indicated that all samples were benign. 
Further pathological examination showed the following: mucinous 
adenocarcinoma and AM of the cervix (Figure 1b, c), and mucinous 
cystadenoma of the right ovary (Figure 1d). CEA, CDX2, CD20 and 
CD7 immunochemical staining was performed. 

 Positron emission tomography – computed tomography (PET – CT) 
was performed and showed no abnormal fi ndings. Th e fi nal diagno-
sis was:  ‘ Stage Ib well-diff erentiated mucinous adenocarcinoma and 
adenoma malignum of the cervix ’ . Th e patient had an uneventful 
postoperative course, underwent radiotherapy following surgery and 
had a 6-month disease-free survival.   

 Discussion 
 Profuse watery vaginal discharge and abnormal vaginal bleeding 
are the most common symptoms observed in AM (Chang Jie et   al. 
2008; Lim et   al. 2012). Ultrasonographic features include: cervical 
enlargement, multiloccular cyctic masses with solid components 
and homogeneously hypoechoic fl uid (Chang Jie et   al. 2008; Lim 
et   al. 2012). Ultrasound imaging with Doppler examination was 
reported to be more effi  cient and accurate in the evaluation of such 
lesions. On Doppler examination, AM shows intralesional vascular-
ity. However, the pseudocapsule of an intramural cervical myoma 
usually shows an arc of vascularity observed as a  ‘ peripheral rim ’  
and benign multilocular lesions, such as multiple nabothian cysts, 
show no intralesional vascularity (Park et   al. 2011). CT fi ndings are 
oft en nonspecifi c. Magnetic resonance imaging fi ndings suggestive 
of AM include multiple irregular cystic lesions, which mimic benign 
nabothian cysts. Th ese lesions oft en occur with solid components 
located within the deep cervical stroma (Doi et   al. 1997; Itoh et   al. 
2000; Okamoto et   al. 2003). In our case, the only complaint from the 
patient was profuse watery discharge. Neither ultrasonography nor 
CT revealed a specifi c fi nding that may be compatible with AM. 

 Diagnosing AM preoperatively is diffi  cult if the physician does 
not examine the patient with particular consideration of AM. 
Because of its deep locating in the endocervical stroma and its rar-
ity, determining an accurate cytological diagnosis for AM is diffi  cult. 
Several studies have concluded that a Pap smear is not as important 
for detecting AM (Kaminski and Norris 1983; Gilks et   al. 1989). 

 In our case, the fi nal surgical pathology confi rmed the diagnosis 
of  ‘ well-diff erentiated mucinous adenocarcinoma and adenoma 
malignum of the cervix ’ . Th e fi nal diagnosis was made aft er surgery 
was performed based on a misdiagnosis. 

 An association exists between AM and ovarian mucinous adeno-
carcinoma. Additionally, the possibility of coincidental mucinous 
tumours of the ovaries was suggested. In our case, AM and right 
ovarian mucinous adenoma were diagnosed coincidentally. 

 Th e prognosis has been diff erentially reported in various studies 
(Gilks et   al. 1989; Silverberg and Hurt 1975). Treatment of AM is 
similar to that of endocervical adenocarcinomas and surgery is the 
standard treatment modality (Lim et   al. 2012; Chang et   al. 2008). In 
our case, the patient underwent simple hysterectomy and bilateral 
salpingo-oophorectomy. Depending on the benign fi ndings of fro-
zen section analysis, a more extensive surgical procedure was not 
necessary. Further pathological examination of the cervix from the 
hysterectomy specimen showed mucinous adenocarcinoma and AM 
of the cervix. Th e patient was referred for medical oncology, and 
radiation oncology consultation and radiotherapy was planned. 

 In conclusion, precise diagnosis of adenoma malignum before 
histopathological examination of the specimen may be diffi  cult.   
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  Case report 
 A 31-year-old nulliparous woman presented to our hospital on the 
fi rst day of her menstrual cycle complaining of abdominal pain. Th e 
patient had no history of traumatic or violent coitus. She had been 
using an oral contraceptive pill for over a year. 

 Upon physical examination, she was afebrile and very pale, 
with a pulse of 110 b.p.m. and an arterial blood pressure of 80/50 
mmHg. Her abdomen was distended with generalised tenderness. 
A pelvic examination revealed a mass consistent with a 14 – 16 week 
gestational uterus. Her serum  β -hCG level was    �    2 IU and her hae-
moglobin level was 8.52 g/dl. Computerised tomography (CT) and 
ultrasonography revealed a uterine leiomyoma and intraperitoneal 
haemorrhage. 

 Th e patient became haemodynamically unstable; therefore, an 
exploratory laparotomy was performed, during which approximately 
3,000 ml of blood was found in the peritoneal cavity. Th e patient 
required 4 U of packed red blood cells during surgery. 

 Pelvic exploration identifi ed a large leiomyoma 14 – 16 weeks in 
size, which encompassed the whole uterine corpus; this is known 
traditionally as a Kugel myoma. Multiple abnormal varicose vessels 
were found on the surface of the leiomyoma (Figure 1). Th e haemor-
rhage was caused by rupture of the dilated superfi cial veins of the 
leiomyoma. No other sources of bleeding were found. Th e bleeding 
remained uncontrolled aft er suture of the ruptured vessels and a sub-
sequent uterine artery ligation. As conservative surgical methods were 
unsuccessful and the patient remained haemodynamically unstable, a 
subtotal hysterectomy without bilateral salpingo-oophorectomy was 
necessary immediately in this emergency situation. 

 Histopathological evaluation of the leiomyoma revealed uniform 
smooth muscle fi bres with multiple areas of degeneration but with-
out cellular atypia or mitotic activity. Th e postoperative course was 
uneventful, except that the patient developed sub-ileus 4 days aft er 
surgery. At 9 days aft er surgery, the patient was discharged from 
hospital in good clinical condition.   
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