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Summary

Papillary serous adenocarcinoma of the endocervix (PSAE) is a rarely encountered neoplasm. The literature includes only a
limited number of well documented case studies. The present study reports a case of papillary serous adenocarcinoma originating

from the endocervix.
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Introduction

Papillary serous adenocarcinoma of the endocervix
(PSAE) is a rarely encountered neoplasm. The histologi-
cal appearance of PSAE is similar to papillary adenocar-
cinomas in other locations, for example, in the ovary,
endometrium and peritoneum. Although there have been
brief references to PSAE in textbook chapters and compi-
lations on cancers displaying glandular differentiation,
the literature includes only a limited number of well doc-
umented case studies [1, 2].

The present study is a report of a case of papillary
serous adenocarcinoma originating from the endocervix.

Case Report

A 75-year-old Caucasian patient, gravida 5, para 4, presented
with symptoms of abdominal bloating, dyspnea, and difficulty
in urinating that had started 1.5 months prior to her application
to the clinic. The patient spoke of two instances of post-
menopausal bleeding, one ten years before and the other one
year previously.

In the pelvic examination, the cervix was of normal appear-
ance. The uterus and ovaries could not be palpated due to acid-
ity. In the ultrasound examination the uterus and ovaries were
found to be of normal size. The patient’s serum CA-125 level
was found to be >600 U/ml (normal interval < 35 U/ml), CA 15-
3 was > 300 U/ml (normal interval < 25 U/ml), and CEA was
7.7 ng/dl (normal interval < 3.4 ng/dl). The result of the Pap
smear indicated poorly differentiated adenocarcinoma. An
endocervical curettage revealed PSAE. Computed tomography
scan of the abdomen/pelvis showed minimal diffuse hepatome-
galy and massive ascites. A consultation was carried out later
with the gastroenterology department to trace the etiology of the
malignancy. Paracentesis was performed on the patient for diag-
nostic purposes. The cytological examination revealed atypical
cells, some of which showed signet ring cell papillary struc-
tures. The chest X-ray, colonoscopy, esophagogastroduo-
denoscopy in the preoperative work-up were unremarkable.
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An exploratory laparotomy was performed. A large amount of
acid was aspirated intraoperatively. Massive acidity and mini-
mal diffuse hepatomegaly was observed intraoperatively.
Numerous metastatic implants were observed in the surface of
the liver, omentum and peritoneal surfaces. The uterus and
ovaries were atrophic and of normal appearance. In addition to
the peritoneal cytology, type II hysterectomy, bilateral salpingo-
oophorectomy with lymph node dissection, omentectomy and
appendectomy were performed. The patient was referred to the
Oncology Department postoperatively for chemotherapy. The
patient received chemotherapy with taxol/carboplatin and died
one and a half years later.

Pathological findings

On examination of the radical hysterectomy specimen, its size
and weight were found to be normal and no macroscopic neo-
plastic lesions were observed.

A small endometrial polyp and an intramural uterine leiomy-
oma were noted. The histological study revealed an area of the
insitu tumor and a papillary serous adenocarcinoma originating
in the endocervix (Figures 1 and 2). Pleomorphic and macronu-
cleated atypical cells were observed in the endocervical glands.

In addition, papillae with vascular cores and dense calcifica-
tion were present in the tumoral areas. The tumoral growth was
seen to have extended to within 2 mm of the inner endocervical
wall. No lymphatic or vascular invasion was observed in the
cervix. The fallopian tubes and appendix were normal. Two
microscopic implants were observed on both ovarian surfaces as
well as some metastatic implants on the omentum. The right
pelvic lymph nodes also revealed metastases. Left pelvic and
paraaortic lymph nodes were reactive. No psammoma bodies
were noted. The surgical staging of the patient was found to be
3C.

Discussion

Adenocarcinoma of the uterine cervix comprises 5%-
26% of invasive cervix carcinomas [1]. Papillar adenocar-
cinomas make up 10%-15% of all cervical adenocarcino-
mas and are of four types: well-differentiated villoglandu-
lar (endocervical or endometrioid), clear-cell and papil-
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lary serous [1]. These types of neoplasms originate from
multipotential coelomic epithelium and its derivatives and
usually have the potential for invasive growth, displaying
a low prognosis [3]. PSAE is rare and there are only a
limited number of well documented case studies on this
condition.

The first case study was reported by Hendrickson et al.
in 1982 [4]. Shintaku and Ueda [5] also reported a case of
papillary serous adenocarcinoma of the cervix, appearing
with deep invasion of the muscle layer of the cervix and
vagina, vascular invasion and pelvic lymph node metas-
tases [5]. Another case, this time of PSAE, can also be
found in the literature, reported by Batistatou ez al. [3],
and displaying similarities in terms of histology to papil-
lary serous adenocarcinoma of the endometrium, ovaries
and fallopian tubes. Lurie ef al. recorded a case of inva-
sive PSAE in pregnancy [6].

The pathological appearance of PSAE is similar to pap-
illary adenocarcinomas in other locations originating in
the ovaries, fallopian tubes and the endometrium [5]. As
in endometrial, peritoneal and ovarian papillary serous
cancers, PSAE displays early metastasis as well as early
and pronounced peritoneal disseminations [4].

The clinical behavior is more aggressive compared to

Figure 1. — Histological section of papillary serous carcinoma
of the endocervix showing the characteristic papillary fronds
and endocervical gland epithelium (H&E x 40).

Figure 2. — Papillary serous adenocarcinoma of the endocervix
(H&E x 40).

other typical endocervial adenocarcinomas, with a high
rate of regional metastasis in the lymph nodes as well as
not infrequent cases of metastasis in more distant loca-
tions [2, 7].

In the original reports, PSAE was more frequently
reported in the 4™ and 5™ decades [8]. In terms of clinical
classification, while some patients have been observed to
be in lower clinical stages, pathological assessment has
shown pelvic and retroperitoneal lymph node metastases
[8] in many patients. Case studies reporting patient fol-
low-ups are very few. Zhou et al. reported 17 cases of
PSAE [9]. The authors pointed out that PSAE is a hetero-
geneous entity, and that PSAE has a bimodal frequency
distribution peaking at middle age and then increasing
again at ages when serous adenocarcinomas peak. Such a
bimodal distribution suggests that the etiologies of
PSAEs seen in early and later stages of life are different
[9]. It is accepted that advanced clinical and pathological
stages and being under 65 years of age are risk factors for
poor outcomes [10]. The age of our patient was 75.

In the present study, although the neoplasm originated
from the endocervix, no tumoral growth appeared at gross
inspection. High location of cancer in the endocervical
canal may make preoperative diagnosis difficult. The pos-
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sibility that the peritoneum was the primary site of the
cancer was discarded because no peritoneal mass could
be found during surgery and the main tumor had been
diagnosed as situated between the endocervical mucosa
and stroma [3].

As in many other reported PSAEs, no psammoma bod-
ies were observed in the present case [3]. In cervix ade-
nocarcinomas, an association has generally been found
between high CA-125 and extracervical metastasis [11].
In the present case, CA-125 was high and a widely spread
tumor was noted.

It should not be forgotten that PSAE cases might be
familial to a certain extent. Patients with PSAE in their
families should be closely monitored. Kaplan et al. have
reported familial PSAE in the cervix, ovaries and fallopi-
an tubes [10].

Due to the limited number of case studies, it is difficult
to arrive at definitive conclusions about the biological
behavior and treatment of PSAE. These tumors are gener-
ally aggressive and usually in advanced stages at the time
of diagnosis. The usual course of treatment is primarily
surgery and then effective courses of radiotherapy and/or
chemotherapy [7, 9]. The present case study was of a 75-
year-old patient with PSAE originating in the endocervix.
As with the cases that have been reported previously, the
disease had already displayed wide metastasis at the time
of diagnosis and then progressed aggressively.

In conclusion, PSAEs are extremely rare tumors. Due
to their rarity, optimal methods to treat these tumors have
not yet been established and survival rates cannot be esti-
mated due to lack of sufficient data. Every case of PSAE
should be reported to ensure data accumulation.
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