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Isolated Langerhans islets: Potential pitfall in solid and
pseudopapillary neoplasm resection?
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To the Editor,

Sir
Solid and pseudopapillary tumors of the pancreas are frequently

treated by surgical enucleation (or limited resection) as recently
pointed out by Wang et al. [1]. Isolated Langerhans islets (also
called naked Langerhans islets, islet hyperplasia, islet aggregates,
subclinical adult nesidioblastosis) (ILI) are rarely reported as asso-
ciated lesions [2].

We had recently the opportunity to detect several groups of ILI
in the peripancreatic tissues of a distal pancreatectomy for solid
and pseudopapillary tumor (SPPT) both in peritumor and peri-
pancreatic adipose tissue location. The peripancreatic tissues of
the surgical specimen, present at proximity of the pancreas resec-
tion limit, were included entirely for microscopy analysis. The ILI
foci (present on 4 blocks) were located in the peritumor capsule
and in the adipose tissue (Supplementary Material Figs. 1 and 2).
They were composed exclusively of Langerhans islets/LI (chromog-
ranin-positive) and did not contain pancreatic acini or ducts. The LIs
were of varied forms and sizes, most small. Tomentionwould be LIs
of 2e3 cell size. The nodules showed scant or moderate fibrosis and
no acini or ducts (including on cytokeratin CK7 immunohistochem-
istry). There were 6 foci (1e4 mm in size) in the adipose tissue, 2 of
which at the sub-serosal/resection limit site. The ILI-foci were
completely surrounded by adipose tissue. One of the ILI-focus
was in continuity with a peritumoral capsular ILI, resulting in a total
length of 7 mm. One group contained nerves and ganglion cells.
Peritumor foci (4) measured 0.5e4 mm. For one of the block spec-
imen, the 2 foci observed on the HE and chromogranin slides,
became contiguous over a zone of 4 mm on the CK7 and Ki67
stained slides. On these slides, there was a zone of ILI confluence
measuring 1e1.5 mm (Supplementary Fig. 2). Ki67 was expressed
by very rare nuclei. Nuclear atypia were also exceedingly rare.

Here we report isolated Langerhans islet foci in both peritumor
and peripancreatic adipose tissue location. The main clinical rele-
vance resides in the potential misdiagnosis with lymph node or
on for Cancer Surgery, and the Eur
ci, in particular for evaluating the tumor extension and
ting the surgical resection limit. To note would be that

foci of ILI, some of 1e2mm, were at less of 1 mm from the resection
limit. A second important issue, although of limited clinical impact
at the moment of surgical resection, was the differential diagnosis
of the zone of confluent ILI with a neuroendocrine microadenoma
[3].

The histogenesis of such lesions is difficult to precise [4e9].
While for the peritumor ILI, the hypothesis of compression-
related lesions may be accepted [4,9e12], for the intra-adipose
ILI, other hypothesis could be associated. The hypothesis of a
hamartomatous, ectopic or developmental lesion might be sus-
tained by the presence of adipocytes at direct contact of some LI
as well as the presence of nerves and ganglion cells between the
ILI foci.

In conclusion, we report ILI located not only in pancreatic peri-
tumor tissues but also in the peripancreatic adipose tissue. Foci of
ILI were also detected at the resection limit. Tumor compression
may in part explain the histogenesis of such lesions. The number
of ILI and the presence of adipose cells, nerves and ganglion cells
(without pancreatic duct or acini) may suggest ectopic or
hamartoma-type lesions, the evolutive potential of which remains
to be further investigated.
Appendix A. Supplementary data

Supplementary data to this article can be found online athttps://
doi.org/10.1016/j.ejso.2018.12.002.
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