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Human intestinal spirochetosis as a ®™
cause of chronic diarrheainan
HIV-positive patient: A case report”

Espiroquetosis intestinal humana como causa
de diarrea crénica en un paciente VIH
positivo: reporte de caso

When the etiologic differential diagnosis is made in
immunocompromised patients with chronic diarrhea, human
intestinal spirochetosis (HIS) is never, or hardly ever, con-
sidered. In addition to being a rare cause, HIS is a trying
challenge for the physician, given the absence of pathog-
nomonic clinical and laboratory variables. This situation
results in lowering the probability of its diagnosis prior to
intestinal biopsy interpretation, as well as making active
searching for the disease less likely. Unlike the few reports
identified in databases available in the literature, ours is a
clinical case describing this pathology from an endoscopic
and histopathologic approach.

HIS is morphologically defined by the presence of spiro-
chetes adhered to the apical membrane of epithelial cells
of the colon and rectum.’ Intestinal spirochetosis is a fre-
quent cause of outbreaks of diarrhea in poultry, dogs,
and sheep, but in humans, the Brachyspira aalborgi and
Brachyspira pilosicoli species are pathogenic. The incidence
and prevalence of diarrhea caused by said pathogens has
been estimated at 0.4-12%.7 Infection is more frequent in
men, especially in homosexual males practicing unsafe sex,
in HIV-positive men regardless of their sexual orientation or
degree of immunodeficiency, and in men from low-income
areas with poor sanitation.** The clinical presentation of HIS

* Please cite this article as: Chaar AJ, Arbelaez JS, Vargas MJ,
Canadas RA. Espiroquetosis intestinal humana como causa de diar-
rea cronica en un paciente VIH positivo: reporte de caso. Rev
Gastroenterol Mex. 2023;88:443-446.

is chronic watery diarrhea, abdominal pain and/or hema-
tochezia. However, some patients are asymptomatic and
are diagnosed incidentally when colonic biopsies are eval-
uated for other reasons,> which has opened the debate on
whether intestinal spirochetosis is a pathogen or a commen-
sal microbe.® The endoscopic appearance of the colon is
nonspecific and its description ranges from normal charac-
teristics to ‘‘polypoid’’ lesions and irregular erythematous
patches, which in the majority of cases are the indication
for biopsy. This involvement can extend from the proximal
to the distal colon, including the rectum, and in anecdotal
cases, the cecal appendix.’ Histopathologic study tradition-
ally reports a diffuse blue fringe through hematoxylin and
eosin staining along the border of the intercryptal epithelial
layer; said finding is known as the *‘false brush border’’.®
Once the infection is suspected, Warthin-Starry or Dieterle
silver stains can be used to highlight the spirochetes in
fixed tissue.! Very little has been described in the lit-
erature about the antimicrobial management of patients
with HIS. Some patients have complete remission of diar-
rhea and normalization of the colorectal mucosa, whereas
others continue to be symptomatic, with or without the
‘*false brush border’’. In general, an antibiotic therapy reg-
imen is justified, more frequently with metronidazole, for a
course varying from 7 to 10 days.’ Other case reports have
shown symptom resolution with the use of clindamycin and
certain macrolides.*'® We present herein the case of a 47-
year-old man, with a past medical history of HIV positivity
(WHO A2 subtype) and autoimmune hepatitis overlapping
with primary biliary cholangitis (PBC), receiving antiretro-
viral therapy (ART), whose present illness had a clinical
picture of 4-month progression of watery chronic diarrhea,
associated with generalized colicky abdominal pain and
intermittent episodes of hematochezia. Total colonoscopy
revealed ulcerated segmental colitis of the left colon and
transverse colon and a Paris 0-1 pedunculated lesion (NICE
2) in the left colon (Fig. 1). Biopsy samples were taken of the
polypoid and ulcerated lesion and sent to the pathology lab-
oratory; intestinal spirochetosis was reported (Fig. 2). The
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Figure 1

Total colonoscopy finding ulcerated segmental colitis of the left colon and transverse colon, associated with polypoid

lesions in the left colon. A) Transverse colon: diffuse erosions with vascular pattern loss and disperse fibrin-covered ulcerations
measuring 2 mm. B-D) Left colon: Diffuse erosions with vascular pattern loss, with dispersed 2 mm fibrin-covered ulcerations, can
be seen at the most distal part of the left colon. A hyperchromic 11 mm sessile polypoid lesion, with a superficial trabecular pattern
and regular vascular pattern, can be seen on chromoendoscopy-narrow band imaging (NBI).

patient was treated with 500 mg of oral metronidazole every
12 h for 10 days, with complete symptom resolution.

HIS should be actively looked for in patients with chronic
diarrhea, especially those presenting with immunosuppres-
sion. We have found very few case reports on the condition
and the majority of cases have been incidental findings. The
present case report brings together important elements for
learning more about HIS, given that it provides a complete
description of a diarrheic syndrome in an immunosuppressed
patient, with nonspecific findings in colonoscopy, but an
active histopathologic search for spirochetes, once the most
frequent pathologies were ruled out. According to the time-
line of events, the patient’s symptoms were resolved after
he received antimicrobial treatment, concurring with results
published in previous reports. We were struck by the finding
of polypoid lesions in the colon. They have been described
as a recurrent finding in some of the reports in the lit-
erature, but so far, lacking an explanation. Determining
whether there is biologic feasibility and causality is some-
thing well worth studying. A limitation of our report is the

fact that we could not directly evaluate the effect of treat-
ment histopathologically, given that the patient was lost to
follow-up.

HIS is a rare cause of chronic diarrhea in immunocom-
promised patients. Because there are no pathognomonic
clinical or laboratory variables, it should be included in
the differential diagnosis; another fundamental aspect for
its diagnosis is having an experienced pathology team that
can look for spirochetes in samples obtained endoscopi-
cally.

Ethical considerations

The present work did not require approval by the Bioethics
Committee of the Pontificia Universidad Javeriana because,
in accordance with the ethics guidelines of the Council
for International Organizations of Medical Sciences (CIOMS
version 2016) for human health research, it is considered
low-risk research. The patient signed a written statement
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Figure 2  Biopsy of the colonic mucosa taken at endoscopy. A) Colonic mucosa with nonspecific lymphocytic infiltrate in the lamina
propria on the blurry surface (x10, H&E). B) Mucosal surface with a brush border aspect (x100, H&E), hematoxylin and eosin stain.
C, D) Immunohistochemical staining for treponema highlights the spirochetes on the epithelial surface (x40).

of informed consent. We declare that this article contains
no personal information that could identify the patient.
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Esophageal Dieulafoy’s lesion )
treated with band ligation:
Individualized treatment for an

atypical presentation™

Enfermedad de Dieulafoy esofagica tratada
con ligadura por banda: tratamiento
individualizado para una presentacion atipica

Dieulafoy’s lesion is a cause of gastrointestinal bleeding
secondary to the rupture of a feeding artery brought on
by multiple extrinsic or intrinsic factors, which can occur
5cm, distally, from the gastroesophageal junction, the bil-
iary tree, and even at the level of the bronchial wall.” Classic
Dieulafoy’s lesion corresponds to an aberrant submucosal
blood vessel that erodes the overlying epithelium, in the
absence of a primary ulcer. This occurs because the ves-
sel does not undergo the normal branching within the wall
of the stomach, thus its caliber is up to 10-times higher
than the normal caliber of the mucosal capillaries (ranging
from 1 to 3mm) and protrudes into the lumen, predispos-
ing to spontaneous ruptures.>® At present, 75 to 90% of
the lesions reported in the current literature are located
in the proximal stomach and up to 10% of the remaining
lesions can present at the esophagus, small bowel, colon,
rectum, anus, and the bronchial tree.” Esophageal lesions
can be a diagnostic challenge, not only because they are
rare, their incidence is unknown, and many authors report
on them anecdotally, but also because of the anatomic char-
acteristics of the esophagus that makes their visualization
difficult.> A 48-year-old woman diagnosed with rheuma-
toid arthritis of 21-year progression and recently diagnosed
with type 2 diabetes and primary high blood pressure, was
taking methotrexate, leflunomide, and etoricoxib, previ-
ously with indomethacin/betamethasone/ methocarbamol,

* Please cite this article as: Bartnicki-Navarrete |, Garay-Ortega
JA, Robles-Fernandes LF. Enfermedad de Dieulafoy esofagica
tratada con ligadura por banda: tratamiento individualizado para
una presentacion atipica. Rev Gastroenterol Mex. 2023;88:446-448.

hydroxychloroquine, and deflazacort. The patient came to
our medical unit, after presenting with hematemesis and
melena of 24 h progression. At the emergency room, her vital
signs were: heart rate 90 bpm, respiratory rate 16 breaths
per minute, blood pressure 110/70 mmHg, pulse oximetry
96%, and temperature 36.4°C. Initial laboratory test results
were: hemoglobin 13.37 g/dl, platelets 259,000 cells/mcl,
leukocytes 7,500 cells/mcl, INR 1.0, activated thromboplas-
tin time 27s, glucose 423 mg/dl, creatinine 0.77mg/dl,
blood urea nitrogen 19mg/dl, AST 20 U/l, ALT 34 U/l, LDH
195 U/L, GGT 42 U/l, lipase 45 U/l; venous gasometry with
pH 7.37, CO, 40 mmHg, O, 35mmHg, and HCO; 24 mEq/L.
Later, during her hospital stay, the patient had 3 episodes
of melena associated with a decrease in hemoglobin of
2.9 g/dl and signs of low blood pressure. Upper Gl endoscopy
revealed a visible vessel in the esophagus 32cm from
the upper dental arcade (UDA) that merited band ligation
(Fig. 1a and b) and showed an 8 mm ulcer at the gastroe-
sophageal junction (34cm from the UDA), with a fibrin base
and no visible vessel. Esophageal Dieulafoy’s lesion and a
Forrest Ill ulcer at the gastroesophageal junction were diag-
nosed.

At the end of the procedure, the patient’s hemodynamic
status continued to be monitored, with no eventuali-
ties, and 20mg of oral levo-pantoprazole every 12h was
started. The patient was discharged 48 h later, continuing
with levo-pantoprazole and 60mg of domperidone every
24h. Three months after her discharge, there was no
new evidence of bleeding at the gastroenterology control
follow-up appointment, and so the patient was definitively
discharged.

As stated above, esophageal Dieulafoy’s lesion is excep-
tional, and as a result, experience with its approach is
minimal. Soetikno et al. reported the first case of Dieu-
lafoy’s lesion treated with band ligation.® Guerrero-Garcia
et al. described the case of a woman in the seventh decade
of life who presented with Dieulafoy’s lesion. She was ini-
tially treated with an injection of 6cm?® of adrenaline at a
1:10.000 dilution, followed by the application of 2 Hemo-
clips®. Those authors emphasized the difficulty in initially
visualizing the lesion, as well as the potential risk for per-
foration with the adrenaline/clip technique.* Inayat et al.
published a case series on 3 patients with esophageal Dieu-
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