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Abstract

It is a globally rare condition that can present in a variety of clinical syn-
dromes or can occur as an incidental surgical finding. It poses the double
problem of its possible malignancy and the risk of gelatinous disease of the
peritoneum in the event of perforation. We report a case treated in the “A”
Surgery Department of the Point-G University Hospital Center (CHU) in
Mali in 2022. It was a 62-year-old woman, a housewife who presented to the
department. “A” surgery at the Point G University Hospital Center for pain in
the iliac fossa. As a medical history, she was hypertensive on atenolol and a
known diabetic on diet and metformin-based treatment, as well as sympto-
matic sickle cell disease (AS) and an undocumented history of peptic ulcer
disease. The biological assessments revealed hyperleukocyte with granulocyte
predominance. C-reactive protein was positive at 32 mg/l. Ultrasound re-
vealed a 27 mm cystic dilation of the appendicitis in favor of appendicular
mucocele. We proceeded with the appendix. The surgical specimen contain-
ing gelatinous fluid was removed and histological examination was in favor of
a mucinous adenocarcinoma of the appendix.
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1. Introduction

Appendicular mucocele or appendicular mucus-secreting tumor is defined as
fluid distension of the appendicular lumen by accumulation of mucus [1]. Itis a
globally rare condition that can present in a variety of clinical syndromes or can
occur as an incidental surgical finding [2]. Appendicular mucocele has been re-

ported to have an incidence of 0.2% - 0.6% in all appendicitis specimens [1] [3]

DOI: 10.4236/s5.2022.1312066 Dec. 29, 2022 577 Surgical Science


https://www.scirp.org/journal/ss
https://doi.org/10.4236/ss.2022.1312066
https://www.scirp.org/
https://doi.org/10.4236/ss.2022.1312066
http://creativecommons.org/licenses/by/4.0/

A. Coulibaly et al.

[4]. And 8% to 10% of all appendicular tumors [5] [6] [7].

Appendicular mucocele is asymptomatic in 25% to 30% of cases [1] and is
manifested by chronic pain in the right iliac fossa in 70% to 75% of cases [8].
The anatomic location of appendicular mucocele includes it in the differential
diagnosis of masses in the right lower quadrant of the abdomen [2].

A good diagnosis is necessary to better adapt the surgical procedure. Imaging
plays an important role in this diagnosis which is confirmed by histological
study, however it is difficult on imaging studies [1] [9]. Appendicular mucocele
can be difficult to differentiate from an adnexal mass even on good imaging.
Abdominal CT is a better diagnostic tool [10] [11].

The correct management depends on the size and location of the lesion. Its
treatment ranges from simple appendectomy in benign forms to right hemico-
lectomy for cancer in malignant mucoceles [1] [8]. Appendicular mucocele pos-
es the double problem of its possible malignancy and the risk of gelatinous dis-
ease of the peritoneum in the event of perforation. We report a case treated in
the “A” Surgery Department of the University Hospital Center (CHU) of Point-G
in Mali in 2022.

2. Case Presentation

We present the case of a 62-year-old woman, a housewife who presented to the
“A” surgery department of the Point G university hospital center for pain in the
iliac fossa. She had a history of nausea and vomiting, fever, constipation and tin-
gling sensation. His general condition was altered with weight loss and asthenia.
As a medical history, she was hypertensive on atenolol and a known diabetic on
diet and metformin-based treatment, as well as symptomatic sickle cell disease
(AS) and an undocumented history of peptic ulcer disease.

On admission, the biological examinations, in particular the blood count, there
was hyperleukocyte (white blood cell = 11.8 x 10*/cm?) with granulocyte predo-
minance (82.3%). The hemoglobin level was normal at (12.5 g/dl). Liver (ASAT =
30.0 and ALAT = 19.5) and kidney (Urea = 5.66 mmol, creatinine = 109.35 um/L)
balance sheets were all normal. C-reactive protein was positive at 32 mg/l. The

results of the biological parameters are represented in Table 1.

Table 1. Results of biological parameters.

Biological parameters Value
White globule 11.8 x 10°/mm®
Red blood cell 4.28 x 10¢/mm?
Hemoglobin 12.5 g/dl
Hematocrit 36.5%
Platelets 346 x 10°/mm’
Granulocytes 82.3%
Lymphocytes 11.8%
Monocytes 5.9%
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Continued
VGM 85
TGMH 29.2
MCHC 34.2
AST 30.0
ALT 19.5
Urea 5.66 mmol
Creatinine 109.35 um/L
C-reactive protein positive 32 mg/l

Ultrasound revealed, at the level of the right iliac fossa, a cystic dilation of ap-
pendicitis of 27 mm, giving an ultrasound appearance in favor of appendicular

mucocele.
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The patient received surgery under general anesthesia plus orotrachial intuba-
tion. Part in dorsal decubitus we made an incision passing through McBurney’s
point at the celiotomy, the exploration found a bulky appendix, dilated and hard
in favor of an appendicular tumour. We proceeded with the appendix. The sur-
gical specimen containing gelatinous fluid was extracted (Figure 1) and patho-
logical examination was done.

After resections of the parts and re-readings, we noted a tumor focus. It con-
sists of tubes and clusters of columnar cells showing cytonular atypia and con-
taining mucus. The stroma is myxoid and inflammatory. Histological appear-
ance compatible with a mucinous adenocarcinoma of the appendix (Figure 2).
As part of the patient’s follow-up, a CT-TAP was performed postoperatively,

which did not reveal any secondary localization.
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Figure 1. Appendectomy specimen containing gelatinous fluid.

Figure 2. Histological images.

3. Discussion

An appendicular mucocele was first described by Rokitansky in 1842 and cha-
racterized in 1973 by Aho et al. [12]. Appendix mucocele refers to dilation of the
appendix with accumulation of mucin [13]. It preferentially affects adults with
an average age between 50 and 60 years [2] [9] [14] as we noted in our observa-
tion. Previous studies have reported the male to female ratio to be 3 - 4 with an
average age of 55 at diagnosis [15].

Regarding sex, it was a woman in our observation. According to the literature,
the pathology is four times more frequent in women and generally detected in
patients aged < 50 years [16]. The sex ratio is variable from one series to another
and would rather be in favor of a female predominance in the latest studies [9]
[17]. In a retrospective study of 135 surgically resected patients, 55% were women
[18]. On the other hand, a male predominance was noted by Souei-Mhiri [19], in
his study planned between 1991 and 1998 in Sousse, which found 6 men against

4 women in a series of 10 cases.
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The clinic may be non-specific and according to the literature up to 50% of
patients with mucocele may be asymptomatic [20]. The clinical presentation of
mucoceles is usually vague, but most often presents with pain in the right lower
quadrant [13]. In our study the patient suffered from pain in the iliac fossa. In
their study by Wakunga E et al [1] reported a female case suffering from right
iliac fossa pain of moderate intensity, in the form of torsion, without timing, not
relieved by average analgesics, radiating to the iliac fossa left and right leg mov-
ing.

Therefore, radiological imaging is most often sensitive. Ultrasound and CT
are the most used, generally documenting a well-encapsulated cystic mass in the
right lower quadrant of the abdomen, often associated with mural calcifications
[20] [21].

Our case only performed the abdominal ultrasound which objectified a cystic
mass of 27 mm in the right iliac fossa. The differential diagnosis could be very
important, some patients may have an erroneous diagnosis of appendicitis. Ac-
cording to the study by Lien W et al [22] in 2006, an appendicular diameter
greater than 15 mm documented by ultrasound is correlated with a mucocele
with a sensitivity of 83% and a specificity of 92%. Consistent with these results,
Saylam et al. confirmed that an appendicitis outer diameter greater than 10 mm
on ultrasound and a mean red blood cell count less than 11,000/mm?® were asso-
ciated with appendicular mucocele. To allow a significant differential diagnosis,
the radiologist must give the morphological characteristics and the content of
the lesion, but also evaluate its relationship with the main anatomical landmarks
of the abdomen and the pelvis in order to determine its origin [23]. CT imaging
with contrast is the most commonly used modality for preoperative diagnosis. It
clarifies the choice of procedure and avoids complications [7].

On CT scan, it appears as a mass with a cecal base, rounded and well limited,
with a thin wall, with fine parietal calcifications. Its wall can be thickened, irre-
gular, with nodules taking the contrast, directing towards a cystadenocarcinoma;
however, there are no radiological signs to confirm or exclude with certainty the
malignancy of the underlying appendicular tumor [24] [25].

Due to a lack of financial means, we were unable to do a scan. Hence the im-
portance of medical imaging and patented operators to properly guide the clini-
cian in order to arrive at an accurate preoperative diagnosis, thus determining
the management, because the rupture of an appendicular mucocele, whatever
the stage, in the peritoneal cavity leads to a peritoneal pseudomyxoma also called
“gelatinous disease of the peritoneum”.

The confirmatory diagnosis is the anatomopathologic examination. Histolog-
ically there are four causal pathological conditions according to literature such
as: retention cyst, mucosal hyperplasia, cystadenoma and cystadenocarnoma [2]
[26]. More than half of mucinous tumors (52% to 58%) are considered malig-
nant tumors of the appendix [7] [27] [28]. In simple mucocele (18%) (inflam-
matory, obstructive or retention cyst)—degenerative epithelial changes and re-

sults in obstruction and distension of the appendix. There is no evidence of mu-
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cosal hyperplasia or atypia. In hyperplastic mucocele (20%), dilation of the ap-
pendix occurs due to hyperplastic growth of the appendix or cecal mucosa, as do
hyperplastic polyps of the colon. Mucinous cystadenoma (52%) is an appendi-
cular tumor with dysplastic epithelium similar to adenomatous polyps of the
colon, and mucinous cystadenocarcinoma (10%) has high-grade cellular dyspla-
sia and stromal invasion, in addition to mucosal muscle.

Several strategies have been recommended in the management of appendicu-
lar mucocele in previous case reports, and the choice of surgery has varied from
simple appendectomy to right hemicolectomy. We proceeded to a simple ap-
pendectomy in the patient associated with an exploration which revealed a bulky
appendix, dilated and hard in favor of an appendicular tumor containing gela-
tinous liquid. Dhage-Ivatury and Sugarbaker [20] suggested that laparotomy for
thorough exploration would be necessary with surgical treatment of appendicu-
lar mucocele to decrease the risk of laparoscopic rupture. However, Morano et
al. [29] suggested laparoscopic surgery as a safe and effective technique for re-
moval of appendicular mucocele.

Even if some controversies remain as to the clinical and histopathological de-
finition of pseudomixoma peritoneal syndrome, this condition requires a multi-
disciplinary approach in a reference center, because these treatments are con-
cerned by high morbidity; Five-year survival rates have been reported ranging
from 50% to 96% [20]. In our case, no secondary localization was found on the

control CT scan.

4. Conclusion

Appendicular mucoceles are rare conditions and often pose a diagnostic chal-
lenge, in particular they can be confused with a cystic lesion of the right ovary.
The clinical presentation is often nonspecific and the clinician should be aware
of appendicular mucocele in patients presenting with chronic right lower qua-
drant pain, adnexal masses, and a picture of acute appendicitis. Diagnosis is
more often incidental during imaging or surgery. Surgical resection is potentially
curative and rupture of the mucocele should be avoided as it can lead to pseu-
domyxoma peritonei, a condition with high morbidity and mortality. Exercise

due diligence when choosing the surgical approach and procedure.
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