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Abstract

Esophageal intramural pseudodiverticulosis (EIPD) is a rare condition often presenting with esophageal stric-
tures. Treatment is often limited to endoscopic dilatation and treatment of the underlying esophageal pathology.
We present a case of a patient with longstanding GERD on famotidine (she experienced anaphylaxis with proton
pump inhibitors [PPIs]) who presented with dysphagia and weight loss. Work-up revealed a diagnosis of EIPD
with a 5-mm mid-esophageal stricture. Therapy with dilatation was unsuccessful until the addition of sucralfate,
after which dilatation was successful and symptoms resolved. In patients who are unable to take PPls, the addi-
tion of sucralfate may enhance the success of dilatations of esophageal strictures and EIPD.

Introduction

Esophageal intramural pseudodiverticulosis (EIPD) is a rare condition of unclear pathogenesis that was first
described in 1960.! Since then and through 2011, only about 200 cases have been reported worldwide.? The
true incidence of EIPD is unknown, though in a retrospective review of esophageal radiograms from 1986, EIPD
was found to have a prevalence of approximately 0.15%.3 The primary symptom of this condition is dysphagia,
usually due to the presence of an esophageal stricture that often accompanies diagnosis.*® Associated condi-
tions reported in the literature include diabetes, alcoholism, gastroesophageal reflux disease (GERD), fungal in-
fections, and esophageal neoplasms.*® Dysmotility disorders are occasionally associated with EIPD, including 2
reported cases of achalasia and 1 case of nutcracker esophagus,®’ though no causal relationship has been elu-
cidated.® Treatment is often limited to endoscopic dilatation and treatment of the underlying esophageal condi-
tion, such as acid suppression therapy or treatment of fungal infections.*5°11 In rare cases, esophagectomy has
been required.'? We present a case of a patient with EIPD managed successfully with dilatation and sucralfate.

Case Report

A 58-year-old female was admitted to the hospital with several months of progressive dysphagia and a 20-Ib
weight loss. Her medical history was significant for GERD, for which she was only prescribed famotidine due
to a prior anaphylactic allergy to proton pump inhibitors (PPIs). A barium esophagram showed a smooth mid-
esophageal stricture and several intramural diverticula and intramural tracts distal to the stricture (Figure 1).

An esophagogastroduodenoscopy (EGD) was done to examine the stricture. The luminal diameter was approxi-
mately 5 mm, and length was 6 mm. There was no desquamation, ulceration, or furrowing of the mucosa. The
stricture could only be traversed with an XP 180 endoscope. Distal to the stricture, the esophagus was found
to have innumerable shallow depressions (Figure 2). Multiple biopsies were taken from within and adjacent to
the stricture. Pathology showed histologic evidence of esophagitis with neutrophils and lymphocytes, and rare
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Figure 1. Barium swallow showing intramural diverticula and intramural
tracts.

eosinophils without evidence of malignancy or an alternative
diagnosis. The patient was diagnosed with EIPD.

A series of near-weekly balloon dilatations were performed
with minimal success. The first dilatation session used a
6-mm, followed by a 7.5-mm, through-the-scope (TTS) bal-
loon. Ten days later, bougie dilatation was performed using
a 27 French dilator, and moderate force was required. A
TTS balloon was then used to dilate from 9 mm to 10 mm.
Two weeks later, the stricture was still unable to be traversed
with a GIF-160, and the diameter was estimated to have re-
turned back to 8 mm. A TTS balloon was used to dilate from
8 mm to 12 mm. The fourth dilatation session showed that
the stricture still could not be traversed; the diameter had
narrowed again. A TTS balloon was used to dilate from 12
mm to 14 mm.

The patient was then prescribed sucralfate suspension 4
times daily. The next dilatation started with a 12-mm bal-
loon, and the stricture was dilated to 15 mm. Dysphagia
symptoms largely resolved at this time, though the patient
noted on follow-up that she had to be “very careful” eating
solid food and chased all oral intake with liquid. One final

Figure 2. EGD showing esophagus with innumerable shallow depressions.

dilatation session was performed 1 month later. The stricture
could be easily traversed with a GIF-160, and the luminal
diameter was estimated to be 12 mm. The stricture was di-
lated with a 15-18-mm controlled radial expansion (CRE)
balloon. After these dilatations, the patient’s dysphagia com-
pletely resolved, and she has since gained 21 Ibs. She has
not required further dilation at 1 year follow-up.

Discussion

EIPD is a rare disorder with an unclear pathogenesis. It is
often associated with esophageal strictures, and therapy
consists mainly of endoscopic dilatation. There have been
no reports of the use of esophageal stents for the treatment
of EIPD in the literature. EIPD can be associated with other
conditions, the most common of which are GERD and fun-
gal infections. Treatment of these other underlying condi-
tions, such as acid suppression in the setting of GERD, is
often required. In patients who are unable to tolerate stan-
dard acid suppression therapy with proton-pump inhibitors
(PPIs), the addition of sucralfate may enhance the success
of dilatations of esophageal strictures, as our case illustrates.
A recent Cochrane review showed sucralfate to be associ-
ated with a trend towards esophagitis healing in the setting
of GERD, though the effect was modest and not statistically
significant.'® Sucralfate functions by forming a physical bar-
rier between esophageal mucosa and harmful agents, pro-
moting mucosal healing, and decreasing the inflammatory
response.'* All of these mechanisms may explain its benefi-
cial role in this case. Regardless of the mechanism, this case
suggests that in patients with EIPD and stricture formation
who are unable to tolerate PPI therapy, sucralfate may be a
viable alternative.
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