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Candida Esophagitis in a Patient with Cowden's Syndrome:
A Case Report
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Cowden’s syndrome is a harmatomatous polyposis syndrome with characteristic mucocutaneous lesions
and among the spectra of clinical disorders that has been attributed to germline mutations in the PTEN
gene. Although Cowden’s syndrome has rarely been reported, immunologic studies have revealed that
patients with this syndrome have humoral and/or cellular immune abnormalities. We recently identified
a 21-year-old woman with Cowden’s syndrome who was diagnosed with candida esophagitis without a
history of diabetes, carcinoma, or steroid therapy. We report the immunologic status of this patient and
the relationship with candida esophagitis on the basis of a literature review. (Korean J Pediatr

and Jin-Bok Hwang, M.D.
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Fig. 2. (A) Microscopic finding
of esophageal endoscopic
biopsy shows numerous fun-
gal organisms (arrows) cover-
ing the thickened epithelial
layers including lengthened
papillae of lamina propria (arrow-
heads) (H&E, x100) and (B)
Pseudohypae (arrows) and
yeasts (arrowheads) of can-
dida species are prominent in
PAS stain (PAS, x200).
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Table 1, Reported Cases of Cowden's Syndrome with Immunologic Abnormality

Study Sex Age Immune abnormality Uﬁcomlmon
(year) infection
, A reduction of total number of PB T lymphocytes
3
Saccardl et al, 1994 F 45 and of CD4+ and CD8+T-lymphocyte levels No
A slight hypergammaglobulinemia, elevated IgG, a
Guerin et al, 1989 F 14 §|gn|f|cant|y decreased PB lymphocytes, No
increased B cells, decreased T cells, and
decreased CD4+ and CD4/CD8 ratio
F 52
. F 44 A profoundly decreased natural killer cell activity
5)
Starink et al,, 1986 F 54 and decreased number ofPB T lymphocytes No
F 26
Decreased C3 and hemolytic complement and
F 9 reduced response of T lymphocytes towards No
Halevy et al, 1985% phytohemagglutinin
= 08 Decreased C3, impairment in functional capacity No
of T lymphocytes
Recurrent cellulitis
Ruschak et al,, 1981" M 47 A deficiency of T lymphocyte function and abscess
formation
This present case F 21 Sightly decreased CD 15/56 (NK-cell) Candida esophagitis

PB: peripheral blood.
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