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Abstract

Pneumatosis cystoides intestinalis (PCI) is an uncommon disease that generally lacks symp-
toms and is rarely associated with intussusception. A 29-year-old man visited our hospital for
right upper abdominal pain. Computed tomography (CT) scan revealed multiple air-filled
cysts along the intestinal wall and a pseudokidney sign in the transverse colon. A gastro-
graphin enema examination showed a so-called crab finger appearance and multiple elevat-
ed translucency in the transverse colon. From these findings, the diagnosis of intussusception
associated with PCI was made. The enema and manipulative reduction improved the intus-
susception. Comparing the enema findings before and after the reduction, we thought that
mobile cecum could play an important role in the intussusception. Colonoscopy was per-
formed after the reduction and showed multiple elevated lesions in the ascending colon,
which were similar to cluster of grapes. The CT scan of the next day revealed no recurrence of
the intussusception, and the patient has not had symptoms of recurrence ever since.
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Introduction

Pneumatosis cystoides intestinalis (PCI) is a rare condition characterized by the pres-
ence of air within the submucosa and/or subserosa of the intestinal wall [1]. Abdominal
radiography, contrast enema, ultrasonography and computed tomography (CT) scan can
demonstrate the presence of intramural intestinal gas [2, 3].

Possible complications with PCI include pneumoperitoneum, volvulus, intestinal ob-
struction, perforation and intussusception, but those are not frequent [2, 3].

On the other hand, intussusception in adult patients is usually caused by malignant tu-
mor and operative treatment is often chosen for the therapy of that [4, 5].

In this report, we present an interesting case of intussusception associated with PCI in a
young male patient, who was successfully treated by enema and manipulative reduction.

Case Report

A 29-year-old man who complained of abdominal pain for several days visited our hos-
pital in June 2014. A physical examination revealed tenderness in the right upper abdomen.
The serum levels of all variables tested were within the normal range including the white
blood cell count (5,600/ul) and C-reactive protein level (0.1 mg/dl). He had a past history of
Stevens-Johnson syndrome and bronchiectasis. In addition, his chest X-ray showed enlarged
lungs like chronic obstructive pulmonary disease (COPD) patients. Abdominal CT scan on the
same day revealed multiple air-filled cysts along the intestinal wall and a pseudokidney sign
in the transverse colon (fig. 1). However, neither ischemic change in the colonic wall nor
ascites could be seen in the CT scan. Then, we performed an enema with gastrographin. The
enema examination demonstrated so-called crab finger sign and multiple elevated translu-
cency in the transverse colon (fig. 2). We diagnosed intussusception associated with PCI. The
carefully performed enema and manipulative reduction improved the intussusception. After
the reduction, his abdominal symptom such as right abdominal pain soon disappeared. The
subsequently performed colonoscopy revealed a lot of elevated lesions with smooth surface,
shaped like a cluster of grapes in the ascending colon (fig. 3). CT scans of the next day did not
show the recurrence of intussusception (fig. 4). Though he refused to undergo hyperbaric
oxygen therapy for PCI, he has not had symptoms of the recurrence ever since.

Discussion

PCI is a rare condition in which multiple pneumatocysts develop in the submucosal or
subserosa of the small or large intestine [1]. Most commonly, the patients have no symp-
toms. Rarely, patients may experience symptoms, such as diarrhea, mucus discharge, rectal
bleeding, and constipation [6]. Possible complications associated with PCI include pneu-
moperitoneum, volvulus, intestinal obstruction, perforation and intussusception [2, 3]. Re-
cently, the number of the reports of PCI has been increasing because of the wider use of CT
scans and colonoscopy. However, the cases that were found with intussusception remain
still very rare. PCl is classified into idiopathic and secondary disease, the former accounts for
15%, the latter 85%, according to Koss’s report [7]. Secondary PCI has been reported to de-
velop in association with pulmonary disease such as chronic bronchitis, emphysema, and
bronchial asthma, collagen disease, inflammatory bowel disease (IBD), infection disease,
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leukemia, malignant tumor, cerebral palsy, trauma and use of immune suppressants and
alpha-glucosidase inhibitors [8]. The locations where PCI occurs range from the esophagus
to the rectum. Idiopathic PCI usually occurs in the colon, particularly the left colon. Second-
ary PCI usually occurs in the small intestine and right colon [9]. Because of his past history
and the location of the PCI, we guess that this case can be secondary PCI.

Operative treatment is usually chosen for the therapy of intussusception in adult pa-
tients because the most common cause of that is malignant tumor [4, 5]. Furthermore, if it is
suspected that intussusception causes strangulation ileus, bowel ischemia, perforation, and
diffuse peritonitis, emergent surgery should be performed. Otherwise, however, firstly per-
formed conservative treatments, such as contrast enema and colonoscopy, can often provide
useful diagnostic information. In fact, in our case, the contrast enema made it possible to
diagnose that it was intussusception associated with PCI.

In some operated cases, the cecum was not fixed on the retroperitoneum, the so-called
mobile cecum. In those situations, the cecum can move relatively freely in the abdominal
cavity. Elechi and Elechi [10] reported that the mobile cecum can be the cause of intussus-
ception. In our case, the findings of the enema examination (fig. 2) indicate that the mobile
cecum can be responsible for the colic intussusception.

In conclusion, carefully performed conservative treatments, such as contrast enema and
manipulative reduction, are effective for patients with intussusception associated with PCI
except in the case of possible strangulation ileus, bowel ischemia, perforation, and diffuse
peritonitis.
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Fig. 1. CT scan revealing a pseudokidney sign (left; arrowheads) and multiple air-filled cysts along the
intestinal wall (right; arrowheads).

Fig. 2. A crab finger sign and multiple elevated translucency (arrowheads) could be seen in the transverse
colon (left). Gastrographin flew into the ascending colon after the reduction (right).
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Fig. 3. Colonoscopy showed many elevated lesions with smooth surface, shaped like a cluster of grapes in
the ascending colon.
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Fig. 4. CT scans of the next day did not show the recurrence of intussusception. There were multiple air-
filled cysts along the intestinal wall in the ascending colon (arrowhead).
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