JOSÉ MARCOS TELLES DA CUNHA – FIOCRUZ

Case Report

M.R.F.M, male, D.O.B: October 30TH, 1981, was admitted to the hospital in 1998 with chronic diarrhea and weight loss. The jejunal biopsy showed villous atrophy with moderate crypt hyperplasia, and nodular lymphoid hyperplasia (suggestive of celiac disease), and laboratory tests revealed selective IgA deficiency. Minor clinical improvement was observed on gluten-free diet. Several months later he developed insulin-dependent diabetes mellitus and marked steatorrhea. Conventional insulin treatment was prescribed. In June/2001 he had viral meningitis and anticonvulsant therapy was started. He also received enteral diet supplementation and treatment for giardiasis, with good clinical response. From October/2002 to February/2003 he developed recurrent skin and respiratory infections. In February/2003 serum levels of immunoglobulins were low (IgG=685 mg/dL, IgA<0.3mg/dL, IgM<40 mg/dL), with a CD4/CD8 ratio = 0.81. Serological screening for HIV infection was negative. He had complete remission of sino-pulmonary infections after intravenous immunoglobulin replacement (0.4-0.5 g/Kg/month). Following a surgical intervention for pansinusitis, in November/2003, he presented with bacteremia, diarrhea and daily low grade fever. By this time Acinetobacter calcoaceticus was isolated in blood and he started a 14-day course of ampicillin+sulbactam. Daily fever and diarrhea were persistent, in spite of negative blood cultures. Screening for undiagnosed malignancy or infection was then undertaken. Esophageal candidiasis, diffuse gastritis and extensive ulcerated colitis have been found in biopsies taken during endoscopic evaluation. The histopathological analysis revealed CMV-induced gastritis and colitis. Ganciclovir was prescribed (induction phase with 10 mg/kg/day, 14 days), but the symptoms relapsed a few days after the antiviral therapy was downscaled to 5 mg/kg/day. A new induction phase was successfully undertaken for 28 days, followed by maintainace therapy for six months. The patient remained well until February/2006, when he presented mild diarrhea (3-5 bowel movements/day). A new upper endoscopy and colonoscopy reveled that CMV disease had relapsed and ganciclovir was reintroduced.

LABORATORY INVESTIGATION:

· February/1999

· IgA: 6.7 mg/dL (NR: 85-385)

· IgG: 1490 mg/dL  (NR: 564-1765)

· IgM: 39.1 mg/dL (NR: 45-250)

· Jejunal Biopsy – villous atrophy with crypt elongation, increased numbers of intraepithelial lymphocytes and some lymphoid nodules (consistent with celiac disease).

· February/2003  Laboratory tests

· CH50 – 109;  Total Lymphocytes 1134/mL

· CD3+: 91,9%; CD19+: 27%; CD56+: 4,7%

· Imunoglobulins

· IgA < 0.3 mg/dL

· IgM 36 mg/dL 

· IgG 685 mg/dL  IgG1 646 mg/dL (NR: 490-1140 mg/dL) IgG2 55 mg/dL (NR:150-640 mg/dL) IgG3 36 mg/dL (NR: 20-110 mg/dL)

· IgG4 < 3.1 mg/dL (NR: 8-140 mg/dL)

· December/2003

Low grade fever. Screening for infectious diseases and malignancy:

· CT scan of skull, thorax and abdomen - normal

· Stool examinations for parasites and pathogenic bacteria – Negative

· Upper Endoscopy – esophagitis due to Candida sp.
· Colonoscopy – Mild diffuse colitis  Histology: CMV inclusions

· CD4+ lymphocytes:  585/mL  

· CD4/CD8 ratio = 0,81

· February/2006 - Relapsed diarrhea. Gastric and colon biopsies were positive 

    for CMV.

