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Case Report

Synchronous Appendiceal Triple Primary Neoplasms
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Abdominal pain is a very common presenting symptom in the emergency department (ED). To reach an
accurate diagnosis one must consider the possibility of multiple conditions that might cause the presenting
symptom. We reported a female patient who came to our ED due to aggravated right lower quadrant abdominal
pain for several hours. Multiple diagnosis of right T11 herpes zoster, right urolithiasis with hydronephrosis,
appendiceal collision tumors of adenocarcinoma arising from adenoma and neuroendocrine tumor as well as
leiomyoma in the surrounding adipose tissue were made. Histological examination and immunohistochemistry
support these three lesions as separate entities. This case is unique because her multiple combined illness
present as abdominal pain. Each one could be the cause of chief complaint, across dermatologic, urologic and
neoplastic disorders.
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Introduction

Case Report

Abdominal pain is a common complain at emergency department (ED).1 We report a 66-year-old
Asian female presented at ED due to acute abdominal
pain and her final diagnosis are synchronous triple
primary neoplasms, right urolithiasis with hydronephrosis, as well as right T11 herpes zoster. Her
synchronous triple primary neoplasms are collision
tumors of neuroendocrine tumor and adenocarcinoma
arising from sessile serrated adenoma in the appendix
as well as leiomyoma in the peri-appendiceal adipose
tissue. To the best of our knowledge, this particular
combination condition on an abdominal pain patient
had never been reported.

A 66-year-old female suffered from persistent
right lower quadrant (RLQ) abdominal pain for a few
days. But aggravated intensity bothered her since
several hours before ED visit. Her temperature was
36.1°C, pulse rate 70 beats/min, blood pressure of
136/75 mmHg and respiratory rate 19 breaths/min.
Vesicles on the reddish base skin at right T11 dermatome was found, and local tenderness at RLQ region with right frank knocking pain were the co-exist
presentations.
Laboratory tests showed a white cell count of
12,960/μL with neutrophilia (92.2%). Chemistry
survey were within normal limits. Urinary analysis
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revealed pyuria as white blood cell (WBC) = 10–19/
high-power field (HPF), microscopic hematuria as 3–5/
HPF. Computed tomography (CT) showed right upper
third ureteral stone with right hydronephrosis and hydroureter, swelling and hyperemic change of appendix,
favor acute appendicitis or other entity (Fig. 1).
The intraoperative findings revealed a retrocecal
enlarged grayish-white color appendix with diffuse
firm contents without perforation, redness, maceration, nodulation. Adhesion of jejunum and cecum was
found. There was no palpable lymphadenopathies
(LAPs), exudates, neither ascites. Initial appendectomy was performed.
Histologically, the appendectomy specimen
shows three different types of tumors. Neuroendocrine tumor, grade 1, is identified at the tip of appendix. The neoplastic cells are bland-looking with
arrangement of trabecular and cord pattern. Invasion
into submucosa is present. They are positive for synaptophysin, cluster of differentiation 56 (CD56), and
chromogranin A immunostains (Fig. 2). The whole
mucosa of appendix shows diffuse sessile serrated
adenoma, with different degree of dysplasia. In area
of high grade dysplasia, a few foci show neoplastic
gland invades into submucosa with desmoplastic
stromal reaction. The diagnosis of adenocarcinoma
arising from sessile serrated adenoma was made. One
leiomyoma was identified incidentally in periappendiceal adipose tissue. It was composed by bland-looking
spindle cells proliferation and they were positive for
smooth muscle actin (Fig. 3).
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Fig. 2. Neuroendocrine tumor, grade 1 (A). Tumor
cells are strongly positive for synaptophysin
(B), cluster of differentiation 56 (CD56) (C), and
weakly positive for chromogranin A (D).
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Fig. 3. The whole mucosa of appendix shows diffuse
sessile serrated adenoma, with different degree of
dysplasia (A). The neoplastic gland invades into
submucosa with desmoplastic stromal reaction,
adenocarcinoma (B). A leiomyoma is present in
periappendiceal soft tissue (C). It shows diffuse
positive staining of smooth muscle actin (D).
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Fig. 1. A swelling and hyperemic appendix towards
up at retrocecal location (A). Original junction
of appendix from cecum (B). Right upper third
ureteral stone (arrow) with hydronephrosis and
hydroureter in coronal view (C) and axial view (D).

There was no further intra-abdominal discomfort found during her stay in the hospital. She had an
uneventful recovery course and was discharged on the
6th day after hospitalization. Currently, this patient
received regular follow-up at our surgical outpatient
department.

Discussion
Dermatome distributing skin rash with preexisting pain suggest us herpetic zoster. However, aggra-
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vated intensity of symptom and physical findings alert
another co-existed problem. Local tenderness at RLQ
region with right frank knocking pain requires further
evaluations. Equivocal urinary analysis didn’t stop
our investigation. CT findings imply right urolithiasis
and appendiceal disorder. Old age and negative-fever
history and other findings hint possible risk of neoplasm prior to surgical intervention.
This female patient was found to have collision
tumor in her appendix. Collision tumor means two
histologically different neoplasias that grow at the
same anatomic location without transition and with
a different clonal origin.2 According to the updated
World Health Organization (WHO) Classification of
Tumours of the Digestive System, Fourth Edition,3
this female had separated adenocarcinoma arising
from sessile serrated adenoma and neuroendocrine
tumor. It is not compatible with so-called mixed adeno-neuroendocrine carcinoma (MANEC) because
they do not intermix with each other. By the way,
she also had a leiomyoma in the surrounding adipose
tissue. This is the second reported synchronous triple
neoplasms of appendix after Meeks et al.4 Besides the
triple appendix tumors, Meeks et al. also found the
nearby fourth colon adenocarcinoma.4
There were several type of appendiceal collision
tumors of the appendix. They were reported as mucinous neoplasm and carcinoid,2,5,6 as well as adenocarcinoma and small cell carcinoma.7,8 Some reports
presented as collision tumors in the appendix but may
be not.9 Our report is the only case of collision tumor
formed by a well differentiated neuroendocrine tumor
and an early stage adenocarcinoma.
There was no evidence of metastasis at peritonieum, liver or lung. With regard to her adenocarcinoma,
T1 was staged as sessile serrated adenoma with low
grade dysplasia at the margin, which was in the junction of appendix and colon. Even though re-exploration
with right hemicolectomy was suggest during hospitalization,10 the family refused. This patient’s neuroendocrine tumor was located at the tip of the appendix, just
as most common location as reported. It was staged
grade 1 with negative margins. Appendectomy was
considered curative and no further staging or postoperative surveillance was carried out.11
Classification of Tumours of the Digestive
System has been updated in 20103 but misused term
still occurred. We presented this rare case to remind
readers that the obvious finding may not be the major
problem and the cause of chief complaint may not be

just due to one medical condition. Keep an open mind
to all possible differential diagnosis in the ED could
provide early and accurate management of patients.

Conclusion
Coexisting right T11 herpes zoster, right urolithiasis with hydronephrosis, appendiceal collision
tumors of adenocarcinoma with neuroendocrine tumor as well as periappendiceal leiomyoma present as
acute abdominal pain is extremely rare. We should always keep all possible differential diagnosis in mind.
With thorough history taking, physical examination
and appropriate workup, the patient will receive the
best management, even in the rare cases.
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