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Supplementary figure 2. MPDZ, MPP5 and CRB3 localization in the epithelium of
the hindbrain choroid plexus. A-E) Immunolabeling in P13-P15 wild-type 4" ventricle
choroid plexus (projection of a confocal stack) where ZO1 defines the apical junctions. A
projection of the most apical Z slices in the stack (1 um depth) is used to visualize the
apical membrane (top panels, “cell apex”). A projection of adjacent, more basal Z slices
in the same confocal stack (1 um depth) is used to visualize the apical junctions (bottom
panels, “junctions”). A) MPDZ is enriched at the apical membrane where it accumulates
near the junctions (arrowheads), but MPDZ is not itself co-localized with ZO1 at apical
junctions. B-C) In contrast, MPP5 (B) and CRB3 (C) occupy the apical membrane like
MPDZ (arrowheads), but also colocalize with ZO1 at the apical junctions (arrows). D)
INADL is not detected either at the apical membrane or at apical junctions in the choroid
plexus epithelium. E) An independent experiment at P15 confirmed that MPDZ is enriched
at the apical membrane where it accumulates near the junctions (arrowheads), but MPDZ

is not itself co-localized with ZO1 at apical junctions. Scale bars are 10um.
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Our Data Feldner et al., EMBO Mol Med 2017 I Yanget al., EMBO Mol Med 2019

Mpdz mouseallele Mpdzem1(IMPC)J/Mmucd MpdzA Mpdz Gt(XG734)Byg (From Milner et al, Addict Biol 2015)

exons targeted and protein truncation indel in exon6>trunc‘ation after 1st PDZ floxed exons 4-5 >trunca.tion gene trap in exons 11-12 > truncation after 3rd PDZ domain
domain beforeall 13 PDZ domains

background C57BL/6N C57BL/6 (substrain unknown) C57BL/6 (substrain unknown) C57BL/6)

hydrocephalus not observed seen by P21 from P3 from P4

survival rate of homozygotes no death median 25 days median 20 days 21 days

frequency of homozygote obtained

from het x het crosses genotyping after P21: 20% (N=145) at birth (P0): 25% P1-P10:20% at birth (P0): 9%
from het x hom crosses|  genotyping from PO to P21:43% (N=430)

Supp. Table 1
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